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ABSTRACT

In everyday life, humans perform activities. Some activities demand the use of two
hands and may be challenging to persons with reduced function in one hand.
Alternative ways of performing such activities may then have to be used. However,
when performing activities, humans also reveal who they are, as performance reflects
individual preferences and values. There are many alternative ways of performing a
given activity, and in manual activities, one aspect that may vary is how the hands are
used, what role each hand is allocated, and how mobility and grasp forces are applied.
People with unilateral cerebral palsy (CP) have reduced hand function due to an early
brain lesion. This affects the hand and arm on one side of the body, reducing the range
of possibilities to use the affected hand. This thesis therefore describes how activities
are performed in the presence of the diagnosis of unilateral CP and how such
performance is viewed by the affected children and adolescents themselves. To
describe the complexity of hand use and activity performance, the preceding matters
were considered in relation to changes experienced after upper extremity surgery (UES)
and in relation to other groups with reduced hand function due to different diagnoses.
Due to the lack of questionnaires focusing on activities usually performed using both
hands, part of the work of this thesis research was to develop a new questionnaire.

The results indicated that children and adolescents with unilateral CP experience
problems related to bimanual activities. Finding a suitable performance alternative
might pose a dilemma while it is necessary to consider aspects in the activity, within
oneself and in the environment. Compared with children and adolescents with obstetric
brachial plexus palsy (OBPP) or upper limb reduction deficiency (ULRD), those with
unilateral CP seem to experience more problems and perform fewer bimanual activities
independently. Adolescents treated with UES experience improvements in activity
performance and in appearance. As these experienced improvement were mostly
related to changes in everyday life, and did not directly correspond to aspects that are
measured objectively, it is important also to assess qualitative aspects of activity
performance and hand use in everyday life. The Children’s Hand-use Experience
Questionnaire (CHEQ) includes activities that are frequently performed independently
with two hands by children aged 6-18 years with the diagnoses ULRD, OBPP, and
unilateral CP. CHEQ also displays good signs of validity in terms of test content and
internal structure.



SVENSK SAMMANFATTNING

| vart dagliga liv utfor vi manniskor aktiviteter. Vissa aktiviteter kraver medverkan av
bada handerna (bimanuella aktiviteter) och kan bli en utmaning for personer med
nedsatt handfunktion. Det kan da bli nédvandigt att finna alternativa sétt att utfora
aktiviteten. Aktivitetsutforande ar emellertid inte bara att utféra en uppgift. Nar vi utfor
aktiviteter visar vi vilka vi ar, utférandet aterspeglar individens preferenser och
varderingar. Aktivitetsutférande kan variera pa manga satt och i bimanuella aktiviteter
ar en varierande aspekt hur man anvander handerna; viken roll vardera handen tilldelas,
hur man ror hand och arm och vilka krafter man anvénder. Personer med unilateral
cerebral pares (CP) har nedsatt funktion i ena handen pa grund av en hjarnskada tidigt i
livet. Detta paverkar hand och arm pa ena sidan av kroppen och minskar méjligheterna
till variation i hand anvandande. Denna avhandling beskriver darfor hur bimanuella
aktiviteter utfors av barn med unilateral CP och hur barnen och ungdomarna sjalva
uppfattar sitt aktivitetsutférande. For att kunna beskriva komplexiteten i
handanvandande och aktivitetsutférande har det studerats ocksa i férhallande till andra
diagnosgrupper med liknande funktionsnedsattning och till forandringar i samband med
ovre extremitetskirurgi (UES). Det finns inga frageformular som fokuserar pa
bimanuella aktiviteter, utvecklandet av ett sadant frageformular har darfor varit en del
av detta avhandlingsarbete.

Resultatet visar att barn och ungdomar med unilateral CP kan uppleva problem med att
utfora bimanuella aktiviteter. Det var inte alltid l&tt att hitta ett alternativt sétt att utfora
aktiviteten pa och att vélja strategi kunde ibland vara ett dilemma nar hansyn till
aspekter i aktiviteten, hos sig sjalv och i omgivningen behévde tas. Jdmfort med barn
med OBPP och ULRD visades sig barnen med unilateral CP uppleva mer problem och
utfora farre bimanuella aktiviteter sjalvstandigt. Ungdomar som genom gatt behandling
med Gvre extremitetskirurgi upplevde forbattringar bade i anvandandet av handen,
aktivitetsutforande och utseende. Dessa forbattringar beskrevs i forhallande till
aktiviteter i dagliga livet och motsvarade inte direkt de aspekter som maéttes i de
objektiva matningarna fore och efter behandlingen. Det ar darfor viktigt att undersoka
ocksa kvalitativa aspekter av aktivitetsutforande och handanvandande i dagligt liv.
Frageformularet Children’s Hand-use Experience Questionnaire (CHEQ) har visat sig
inkludera aktiviteter som oftast utfors sjalvstandigt och med tva hander av barn i
aldersgruppen 6-18 ar med diagnoserna ULRD, OBPP, och unilateral CP och har visat
pa god validitet.
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1 FOREWORD

My research interest started when working as an occupational therapist in a Hand
rehabilitation clinic. There I met many children with unilateral cerebral palsy (CP)
undergoing upper extremity surgery (UES) and their families. The families often
expressed that the intervention had resulted in important changes, making it easier to
use the hand in everyday life. The demands on evidence based practice was increasing
at this time, about 15 years ago, and in discussions with other professionals there were
two questions which kept coming back; are the effects of the treatment remaining over
time, and do the children use their hand more after the treatment? Encouraged by the
hand surgeon at the hand rehabilitation department, | started off to investigate the
issues. A gquantitative study on objectively measured outcomes and a conjunct
qualitative study on the experiences of a group of children and their families brought
new information and understanding of the issue. However, while the interviews
described experiences after UES, it also became apparent that they described a dilemma
encountered by the participants of how to perform activities, in each situation. Children
with unilateral CP are in literature generally described as being independent in
everyday life activities to a high extent; it was therefore surprising that activity
performance was described as a problem that constantly needed to be addressed in their
daily life. This finding led me to go on with more studies, related to the performance of
bimanual activities and to how the problems that they described can be acknowledged
in clinical settings.



2 INTRODUCTION

This thesis takes as its starting point the body of occupational therapy knowledge. The
focus is on how activity performance is affected in children and adolescents with
unilateral cerebral palsy (CP). Knowledge from neuropediatrics will be used in seeking
to understand how a person’s particular condition can influence activity performance in
unilateral CP. The aim is to create knowledge that is clinically usable and contributes to
an understanding of how activity performance is formed in the presence of unilateral
CP in children and adolescents.

Many everyday life activities are performed using both hands. Children and adolescents
with unilateral CP, however, despite reduced function in one hand and arm, can often
handle everyday life activities well and usually do not require the support of personal
assistance, technical aids, or extensive interventions from children’s habilitation
services. Approximately 90% of children with unilateral CP have been found to
independently handle most kinds of everyday life objects (Arner et al., 2008; Eliasson
et al., 2006; Ohrvall et al. 2010), and in a study of participation, comparing CP
subgroups (Hammal et al., 2004), children with unilateral lesions were found to
manifest the highest level of participation. However, an early finding in this thesis
research indicated another perspective: despite being able to handle most everyday life
activities, adolescents with unilateral CP experience many problems in activity
performance related to arm and hand dysfunction (study I). This apparent contradiction
is the driving force of the present research.

The following introduction will describe in greater detail why activity performance is
important as well as the concept of “bimanual activities” and how they may become
problematic to children with unilateral CP. The work focuses on people aged 6-18
years, and study participants will collectively be referred to as “children”. Though some
of these participants are adolescents, they are also children in that their position in the
family is that of a child. The hand with reduced function will be referred to as “the
affected hand” and the other hand “the dominant hand”. Two substantially different
perspectives are presented in this work; the participants own description and the
professional evaluation. Even though the professional evaluation might include an
aspect of subjectivity, for sake of clarity, the participant’s own description (as
expressed in interviews or in questionnaires) will be referred to as subjective, in
contrast to professional evaluations which will be referred to as objective.



2.1 THE IMPORTANCE OF PERFORMING ACTIVITIES

Occupations can simply be described as “what we do” (Christiansen 2005). “What we
do” can however be viewed from several perspectives, showing a complex construct.
From one view, the performance of occupations can be described as a concrete
execution of tasks; “getting something done”. The routinely performance of daily
activities may require low attention and may become more or less automatic
(Kielhofner, 2008). However, another view is that occupational performance is
essential to humans as a carrier of meaningful experiences (Jonsson & Josephsson,
2005). What we do and how we do it depends on individual interests, values, sense of
competence and effectiveness (Christiansen, 1999; Kielhofner, 2008). Occupational
performance therefore reflects who we are and becomes a presentation of oneself
(Christiansen 1999). Further, “what we do” is also dependent on function in bodily
systems and mental and cognitive abilities as well as physical and social environment
including cultural and political structures (Kielhofner, 2008). Thus, human occupation
and "what we do" is a complex interplay between individual and environment and
when being in focus in research, this complexity needs attention.

Activity and occupation have been defined in various ways in the literature. In this
thesis, activity performance will refer to simple “doing”, whereas occupational
performance refers to the carrying out of an activity imbued with special personal and
cultural values and meanings. Although the two cannot always be clearly distinguished,
one distinguishing feature is that activity performance can differ in many ways within
the same occupation. For example, the activity of “taking out money from a wallet”
may be part of the occupation of “luxury shopping” or of “giving money to charity”.
Even though the activity of taking out money is the same, these two occupations of
which it is part may be associated with very different personal and cultural values and
meanings.

Occupational performance has been described as dependent on the specific situation in
which it occurs; a certain Activity is performed in a certain Environment by a certain
Person, and the performance is dependent on variations in these three factors. Some
theories emphasize that there is interaction between these three factors. Nelson (Nelson,
1988) describes occupation as the relationship between form (meaning the physical and
socio—cultural dimensions) and performance, i.e., when someone “performs” an
occupation, he or she goes through the form, making occupation the outcome of the
joining of form and performance. According to Law and collaborators (1996),
occupational performance “results from the dynamic interaction between people, their
occupations and roles, and the environments in which they live, work and play”. This
dynamic view, according to which occupation results from the interaction between the
person, activity, and environment, has been chosen as a frame of reference in this
thesis. However, since unilateral dysfunction of hand and arm mostly affects the
performance in activities where both hands are needed, the focus in this thesis will be
on such activities and specifically on how the hands are used. To my knowledge, no
single theory or model describes variability in all these three aspects focusing on
bimanual activities and hand use, thus, knowledge from various fields will be used to
enlighten this.



2.1.1 Bimanual activity performance varies with activity, person and

environment

The expression “bimanual activities” may give the impression that there is a clear
distinction between activities performed using one or two hands, that is however not the
case. A person makes choices about how to perform an activity and how to use the
hands. For example, the activity “taking out money from a wallet” can be performed
using one or two hands, and either hand can be selected to hold the wallet while the
other picks up the money. The holding and picking up can also be done in several ways
as regards the position of hand and fingers, forces applied, and time taken for the
performance. In this thesis, the term “bimanual activities” refers to activities typically
performed using both hands and difficult to perform using only one hand. The term
“hand use” will in this thesis refer to whether one or two hands are used and how they
are used. Bimanual activities are central to this thesis, because the performance of
bimanual activities is often the crucial challenge for people with unilateral dysfunction
of the hand and/or arm (Greaves et al., 2010).

Leconte and Fagard (2006) found that hand use in children aged 5-12 years varied
with three types of factors: intrinsic, environmental, and task-related. Leconte and
Fagard studied experimental situations, which explains their use of the word “task”;
their view can however be taken as analogous to the view of activity, person, and
environment jointly influencing activity performance, suggesting that this view is
suitable also when focusing on hand use in bimanual activities. To understand how
performance and hand use are formed in bimanual activities, the influence of these
three aspects will be addressed.

2.1.1.1 Activity

Even though Leconte and Fagard (2006) found that the task influenced the hand used in
performance, their use of experimental situations does not lend itself to drawing
conclusions applicable to everyday life activities. However, the psychologist Guiard
(Guiard, 1987) describes bimanual performance from the perspective of activities.
Guiard categorises bimanual activities into three categories: unimanual (e.g., dart
throwing), bimanual asymmetric (e.g., playing the violin), and bimanual symmetric, in
which the two hands play the same role, either in phase (e.g., rope skipping) or out of
phase (e.g., rope climbing). This classification has since been used in various contexts.
However, Guiard suggests that no activity can be proven to be truly unimanual; for
example, in dart throwing, the other hand may contribute to postural function,
influencing the performance. Thus, some activities obviously demand the use of both
hands, while in others, hand use varies and is not always obvious.

2.1.1.2 Person

As stated earlier, a person can choose how to perform an activity, based on personal
preferences and in relation to the activity itself and the environment. Values and
interests, as well as belief in what one can achieve, influence the choices made in
activity performance (Kielhofner, 2008). It can be assumed that this is true for
bimanual activities as well as other activities. However, no literature has been found as
regards how the persons own values influence hand use. However, much knowledge
has been generated as regards the neural control of the hand. Neural control of the hand
involves several areas in the brain, working together in neural networks, selecting and
planning movement performance (Forssberg, 1999; Pehoski, 2006). Without having to



pay attention to and plan every movement in a task, a person performs well known
tasks in an efficient way. For example, when opening a drawer with one hand and
manipulating something in the drawer with the other, the first hand starts, reaching out
towards the drawer, preshaping the hand in relation to the size of the handle, and the
second hand is starting before the first hand is finished, creating a temporal overlap
between the movements of the two hands (Hung et al., 2004; Jeannerod, 1984). Neural
control is guiding the movements also when grasping an object. When lifting an object,
grip and load forces act in synergy, the simultaneous initiation and parallel increase of
forces producing efficient and smooth movement. The demands of the task are
anticipated rather than depending on sensory and proprioception feedback. An internal
representation of an object’s properties is built from previous knowledge and may be
updated if afferent information indicates miscalculation of the forces needed (Flanagan
et al., 2009). The way of grasping an object is also subconsciously influenced by how
the object will be used; the grasp used when picking up an object may be depending on
how the object will be used when handled in next stage of the performance
(Steenbergen et al., 2007). Variation in both hand choice and grasping pattern is greater
in younger than older children, reflecting the progressive refinement of ability during
development (Forssberg, 1999; Leconte & Fagard, 2006).

Thus, whereas the general performance of the activity is influenced by values and
personal preferences, humans are generally not making conscious choices about how to
use the hands in well known activities, rather it is automatically formed by neural
control. This is an important knowledge in this thesis, because if the neural control is
impaired, hand use may not be automatic in the same way and the way of using the
hands may become an issue which demand that the person make more conscious
choices. Further, the functions of the musculoskeletal and somatosensory (related to
sensibility) systems in the arm and hand, including range of motion, strength, and
sensibility, are also crucial for how activity performance takes form (Eliasson, 2006).

2.1.1.3 Environment

The environment influences activity performance in various ways, as it may both
demand particular behaviours and discourage or disallow others (Kielhofner, 2008).
The environment includes both factors that influence all of society, such as cultural and
political factors, and factors specific to the situation in which the person performs an
activity, such as social and physical environments and the object to be handled. Being
well aware of that environment comprises many aspects, this thesis will — due to the
specific focus on hand use in bimanual activities — describe the more situation-specific
aspects of the environment in terms of social aspects and object properties. Social
aspects include the universal need for social acceptance as well as the need for
practical, informational, and emotional support (Christiansen 2005). Objects are
defined by Kielhofner (2007) as “naturally occurring or fabricated things with which
people interact and whose properties influence what they do with them”. Handling
objects demands various degrees of hand function; the physical properties of objects,
such as their size, friction, and weight, require forces of various strengths, and the
grasping and lifting actions must be adjusted in relation to the object to produce smooth
movement (Forssberg et al., 1995, ). Previous experiences of handling objects are used
to estimate what movements and forces are needed, new information rapidly
contributing to updating the information base and adjusting the feed-forward strategy
(Eliasson, et al., 1995; Forssberg, et al., 1992).

Summarising this paragraph, there is reason to believe that hand use and performance
of bimanual activities is varying depending on variables in the three aspects activity,



person and environment. It can be assumed that a dynamical interaction between these
three aspects form the activity performance but this has so far not been described
specifically for the performance of bimanual activities when one hand has reduced
function. Arnould and colleagues (Arnould et al., 2007) studied the relation between
hand function and manual ability and found in a group of children with CP, aged 6-15,
where about half of the participants had unilateral involvement, that hand function in
terms of strength, dexterity and sensibility are not related to manual ability (as
measured by the ABILHAND-KIids) in a predictable, straightforward way. In their
study, gross manual dexterity in the dominant hand explained only 44% of the variance
in manual ability while grip strength in the non dominant hand explained further 14%.
The authors discuss that several factors may contribute to hand use both within person
and environment, and suggest further research “to identify which contextual factors
really contribute to the achievement of manual activities” (Arnould, et al.,
2007)(p.713).

2.1.2 Children’s activity performance

The activity performance of children differs from that of adults while children’s
activities are part of being in a certain developmental phase. Mandich and Rodger
(Mandich & Rodger, 2006) describe children’s activities as possibilities to develop
abilities and to become social beings. Occupational skills can only be learned and
mastered by doing. Successful doing can help children develop a healthy sense of who
they are and what they can become. Therefore, the enabling of doing is important.
Lawlor (Lawlor, 2003) emphasizes the importance of doing with, viewing the social
aspects of childhood occupations as the most important. Play is central in children’s
lives, though the type of play differs according to age. In the ages of middle childhood
(age 6-10 years), structured games and organised play predominate. Interacting with
peers and following rules becomes more important. By 8-9 years children become more
interested in crafts and hobbies as well as organized sports, it becomes more important
to achieve something with the play. Social play increases in importance, e.g., belonging
to groups and talking to friends (Case-Smith, 2005). Whereas earlier in life, play is
more characterized by the qualities of exploring, participating, and imitating, the play
of middle childhood is more characterized by expectations of certain behaviours.
However, in the presence of restricted mobility, play can be different. An example is
given by Tamm and Skar (Tamm & Skar, 2000). They found, based on interviews with
children aged 6-12 years with restricted mobility due to various diagnosis, that children
mostly played alone or with adults. Play with friends — either interactive or as an
onlooker — was less common. During adolescence, the child takes on increased
responsibility in activities of daily life and independence becomes more important. It is
also an important aspect to fit in with peers and to be successful in obtaining a job
(Shepherd 2005).

In conclusion, the view of activity performance as the outcome of dynamic interplay
between activity, person, and environment is useful when describing the performance
of bimanual activities, emphasizing the variability in performance arising from these
three factors. Thus, when no dysfunction exists, performance choices are made by the
person, both volitionally and by neural control. However, we lack knowledge of how
the presence of unilateral CP affects this dynamic interaction and how this shapes
activity performance. The following section will describe how the diagnosis of
unilateral CP alters the prerequisites for activity performance.



2.2 CEREBRAL PALSY

CP occurs in 2-3 per 1000 live births in western countries and probably more
frequently in developing countries (Kréageloh-Mann & Cans, 2009). A recent study of
CP occurrence in western Sweden indicated a prevalence of 2.18 in 1000 live births
(Surveillance of cerebral palsy in Europe, 2000). The diagnosis of cerebral palsy
“describes a group of permanent disorders of the development of movement and
posture, causing activity limitation, that are attributed to non-progressive disturbances
that occurred in the developing fetal or infant brain. The motor disorders of cerebral
palsy are often accompanied by disturbances of sensation, perception, cognition,
communication, and behaviour, by epilepsy, and by secondary musculoskeletal
problems” (Rosenbaum et al. 2007, p. 9). Considering the focus of this thesis, it is
worth noting that the definition points out that activity performance is limited. The
group of CP is a heterogeneous group and it has been seen that independent
performance in self care and mobility varies strongly between individuals (Ohrvall, et
al., 2010).

2.2.1 Unilateral Cerebral Palsy

In the group of children with CP, about 30% have an involvement mainly on one side
of the body (Staudt, 2008). In the 2007 updated classification of CP (Rosenbaum, et al.,
2007), the term “unilateral CP” is recommended to replace the earlier used term for this
condition, “hemiplegia”. Before describing how activity performance and hand
function are affected in unilateral CP, other aspects affected will be described to obtain
an overview of the dysfunction. The leg on the affected side is often involved;
(Uvebrant, 1988), in a study of 169 children with unilateral CP, found that 30% had a
moderate limp but only 3% were unable to walk. Epilepsy was found in 34% and 18%
had mental retardation. In the remaining subjects, with no mental retardation, 46%
nevertheless had difficulties at school, mostly related to hyperkinetic behaviour or
perceptual impairment (Uvebrant, 1988). In unilateral CP, mental retardation, epilepsy,
and severe mental hemiplegia often coexist; according to Aicardi et al. (Aicardi et al,
2009), two subgroups can be discerned: “severe cases with multiple disabilities and a
poor outlook for social and professional integration, and mild cases that interfere
relatively little with everyday life”. Psychiatric problems are common. Goodman and
Graham (1996) studied a group of children with unilateral CP who attended a normal
school, had an 1Q over 90, had never had a seizure, and had a mild hemiparesis; they
found that approximately 40% of the children manifested a psychiatric disorder,
conduct, emotional, and hyperactivity disorders being predominant.

2.2.1.1 Hand function

In unilateral CP, hand use is limited by several factors related to disturbed hand
function. The arm and hand are affected by various degrees of spasticity in some
muscles combined with weakness in others, resulting in difficulties extending the wrist,
supinating (outwardly rotating) the forearm, and straightening the thumb and fingers
(Brown & EG, 2000). These movement restrictions result in slow performance, and
sensibility is often impaired (Majnemer et al., 2008 a). In a study of 25 children with
unilateral CP, Krumlinde-Sundholm and Eliasson (2002) found that 75% had decreased
sensibility, having two-point discrimination of 3 mm, measures of sensibility being



highly correlated with dexterity. In everyday life, reduced hand function interferes with
reaching and adjusting limb position in relation to the object to be grasped, while
reduced sensibility makes it difficult to regulate the force in relation to the object and to
use sensory information to update grasp quality. Even though the diagnosis indicates
that the impairment is unilateral, it is now well known that limbs on both sides of the
body are sometimes affected (Bax et al., 2005; Duque et al., 2003).

There are few studies of the development of hand function in unilateral CP. Fedrizzi et
al. (2003) reported no significant change in grasp comparing children when they were
1-4 with when they were 11-18 years old. However, the test used by Fedrizzi et al., to
evaluate what part of the hand (from whole hand to pincer grasp) was used when
picking up three cubes, was said to display questionable reliability in a systematic
review (Greaves, et al., 2010). Smits-Engelsman et al. (Smits-Engelsman et al., 2004)
compared two age groups of children with unilateral CP, 5-9 and 10-15 years old, as
regards force generation in finger flexion, and found that the older age group generated
less force than did the younger one, indicating that strength may decline with time

2.2.1.2 Neural control of hand movements

In normally developing children, the synergy between grip and load forces, which
enables smooth movements, is achieved at the age of approximately 6-8 years
(Forssberg et al. 1991) and the ability to use information in an anticipatory way when
grasping is achieved at the age of 8-11 years (Forssberg, et al., 1992). In children with
CP aged 6-8 years, this synergy between grip and load force does not resemble that of
typically developing children. In addition, children with CP rely on feedback to adjust
the grip, which is time-consuming, and employ safety strategies in the form of using
more grip force than needed (Forssberg et al. 1999). However, a study comparing 10
children with CP aged 6-8 and 19-21 years found improvement over time; synergy
between grip and load force improved and there was less variation between trials,
together with a decrease in movement sequentiation. Time to complete the grip-lift task
decreased by 22%, and a parallel 45% decrease in time use was seen in the Jebsen-
Taylor test (Eliasson et al., 2006). The ability to select a grasp that will be the most
beneficial in the movement end-state is developed at the age of 5-6 years in typically
developing children and assumes an adult-like pattern at the age of 10 (Crajé, Aarts et
al., 2010; Thibaut & Toussaint, 2010). In a group of typically developing children aged
3-6 years, the proportion of comfortable end postures was found to increase with age;
this was not the case in children with unilateral CP (Crajé, et al., 2010). In children with
unilateral CP, coordination between limbs when performing bimanual activities is often
difficult due to coupling, resulting in increased control of the movement but making
asymmetrical bimanual movements (in which the two hands perform different
movements) difficult (Kuhtz-Buschbeck et al., 2000; Utley & Steenbergen, 2006). In
addition, coordination when holding an object in one hand and placing another object
on top of it (requiring a simultaneous force increase in one hand and decrease in the
other) has been found to be difficult; instead of increasing the grip force in relation to
the expected weight deposited by the other hand, children with CP decrease the grip
force (Islam et al., 2010).

2.2.1.3 Activity performance

Knowing that object handling may be difficult for children with unilateral CP leads to
the question of how they can perform daily living activities. The MACS can be used to
classify how children with CP handle manual activities in everyday life. Children
without restricted independence due to manual ability limitations are on MACS level |
or Il (Eliasson et al., 2006; Morris et al., 2006). However, although independence is not



restricted, children in levels | and 11 may experience limitations. In level I, limitations
may be present as regards the ease of performance of manual tasks that require speed
and accuracy. In level Il, a somewhat reduced quality and/or speed of performance may
be present, and some tasks may be avoided or alternative ways of performance may be
used. According to three studies, 87%, 92%, and 90% respectively of children with
unilateral CP, were classified as level I or Il (Arner et al., 2008; Eliasson et al., 2006;
Ohrvall, 2010).

Pediatric Evaluation of Disability Inventory (PEDI) is a criterion-based norm-
referenced instrument, assessing capability and independence in everyday life based on
interviews with parents. Independence in the PEDI self-care domain — represented by a
score of 100 —is typically achieved by the age of about 6 years (Haley et al.,1992).
Ohrvall et al. (2010), in a study of children with CP aged 3-15 years, reported that
children at MACS level | achieved scaled scores with a mean of 81.65 and from the age
of 9, most children scaled 100. At MACS level I, the mean was 68.78, and only a few
children scored 100, all of them aged 12 years or more. About half of the children at
MACS levels | and Il had unilateral CP. In line with this, Kerr et al. (Kerr et al., 2008),
in a study of 94 children with unilateral CP, mean age 10.6 years, found a PEDI score
of 75.2 in self-care. This means that still at the age of approximately 9-12 years, not all
children had achieved the independence in self-care typically achieved by the age of
about 6 years. However, Ohrvall et al. (2010) demonstrated that PEDI scores increased
with age in children at MACS levels I and 11, indicating that higher independence in
self-care may be achieved, although later than in typically developing children.

2.2.1.4 Hand use

The actual use of the affected hand has been discussed from several perspectives.
Greaves et al. (Greaves, et al., 2010) stated that people with unilateral CP often avoid
using the affected hand. Taub et al. (Taub et al., 2004) suggested that “developmental
disregard” or “learned non-use” could be the cause of not using the hand: repeated
failure to use the hand leading to non-use may eventually result in an inability to use
the affected hand. The efficiency of using the affected hand has been acknowledged in
the development of the Assisting Hand Assessment (AHA) instrument, an objective
measurement for children with unilateral hand dysfunction. In a study of the validity
and reliability of the AHA it was seen in a sample of 37 children aged 1.5-5 years, that
children with unilateral CP were more represented on the lower part of the scale,
indicating less efficient hand use, compared to children with obstetric brachial plexus
palsy (OBPP) and children with no dysfunction (Krumlinde-Sundholm & Eliasson,
2003). Even though this finding refers to younger children, no correlation was found
with age, so the results may apply to older children as well. Thus it has been generally
acknowledged that hand use is affected in unilateral CP, as regards both how often and
how efficiently the affected hand is used. However, it has not been shown how the
person experience this reduced ability to use the hand and how this influences the way
the person chooses to perform bimanual activities. Given that hand use, when no
disability is present, to a high degree is the result of neural control rather than of
conscious choices, there is a need to find out how hand use is formed when disability is
interfering with neural control as well as with musculoskeletal and somatosensory
systems.

2.2.1.5 Social aspects

An important aspect of the social environment is the possibility of experiencing
involvement in life situations, and this has been defined as participation by the World
Health Organisation (WHO 2008). A low intensity of participation has been found in



children with CP in general, and informal activity is more common than are formal
activities with friends in the broader community (Imms et al., 2009; Law et al., 2006).
Children with unilateral CP have been reported to have fewer socially related problems
than children with other forms of CP (Imms, et al., 2009; Majnemer et al., 2008, 2010;
Orlin et al., 2010). Imms et al (2008) suggest that motor ability may not be a limiting
factor until children are quite impaired. Therefore, compared with children with more
severe forms of CP, children with unilateral involvement display fewer problems
related to social factors. On the other hand, Lepage et al. (1998) stated that, even
though children with unilateral CP were less disturbed in their life habits than were
children with quadriplegia, “even children with mild hemiplegia can show significant
disruption in recreational habits” (p. 270). It may thus be relevant also to study this
group specifically, and to make comparisons to typically developing children, since
many of them attend mainstream schools.

It may be fruitful to view the social participation for children with a mild disability
from two different aspects. Pirpiris et al. (2006) found that, when wellbeing was
divided into a psychosocial and a functional part, mild cerebral palsy had greater
effects on children’s psychosocial wellbeing than would be predicted by their
functional disability; functional measurements were good at predicting functional
wellbeing, but were weak at predicting the psychosocial aspects of wellbeing.
Asbjarnslett & Hemmingsson (2008) also found a dual perspective in a study based on
interviews with teenagers with disability due to various diagnoses, attending
mainstream school. The teenagers experienced being just like their classmates, referring
to the personality, but they were also aware of that others saw them as a person with
problems, referring to capability. A recent study focusing specifically on unilateral CP
(Moore et al., 2010) used interviews and thematic analysis with focus on quality of life.
Findings are presented briefly, however it is concluded that participants (aged 5-17
years) did not focus on having CP on a daily basis and did not feel that it influenced
their lives. In contrast to the two previous presented studies, this shows a more unitary
view and it can be speculated then, whether the study by Moore et al captured the first,
more positive, aspect. Negative aspects have however also been described in other
studies. Yude et al. (1998) found that, compared with their classmates, children with
unilateral CP were more often rejected, less often popular, had fewer friends, and were
more often victimized. Children with unilateral CP have also been found to experience
lower Quality of Life in the areas of physical, athletic, and scholastic competence
(Russo et al., 2008; Schuengel et al., 2006).

In conclusion, studies demonstrate that children with unilateral CP have reduced hand
function in terms of mobility, sensibility, and less efficient hand use, as described in
experimental studies of neural control and from observations. In the personal element
of the activity—person—environment interplay, the prerequisites for hand use on the part
of children with unilateral CP differ from those of children with no dysfunction, though
the activities that they are expected to perform are largely the same as those of children
with no dysfunction. To a certain degree, children with unilateral CP are restricted in
the performance of daily activities and in social participation, although less so than
children with more severe CP. However, little is known about how the dynamic
activity—person—environment interplay manifests itself in the presence of CP, nor are
there any studies of how people with CP view this matter.
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2.3 TO ACHIEVE KNOWLEDGE OF THE PERFORMANCE OF BIMANUAL
ACTIVITIES

Reduced ability to use one hand might influence not only activity performance (the
outcome of the dynamic activity—person—environment interplay), but also one’s
experience of how this dynamic interaction shapes activity performance. For example,
if the activity “taking out money from a wallet” is performed when the social
environment comprises people in hurry waiting in line behind a person with unilateral
CP, and the wallet is difficult to handle, having only a small tab on the zipper, how
does this affect how the person chooses to perform the activity, and what is it like to be
in his/her position of having to perform the activity? In line with the strengthened
position of the child in society today, bolstered by the United Nations Declaration of
the Rights of the Child (General Assembly U.N., 1989), and by ideas of client- and
family-centeredness in habilitation, there is good reason to learn about the subjective
experiences of the person and his/her family. One method for this may be qualitative
interviews, which can serve to yield an understanding of the person’s experiences.
Another method is to use quantitative questionnaires, which can yield information
about how much of a certain dimension is acknowledged.

Little is known about how children with unilateral CP experience activity performance
in everyday life. Qualitative studies have described experiences for the heterogenous
group of cerebral palsy, for example with focus on participation and quality of life, but
few studies are focused specifically on the subgroup of unilateral CP. Shikako et al.
(2009) found that adolescents with higher motor functioning compared themselves to
peers without reduced function whereas children with more severe motor dysfunction
often compared themselves to other children with motor dysfunction. This supports the
reasoning that it is important to describe experiences for each of these groups
separately. One study focuses on students who attend main stream schools, although
not being focused on children with unilateral CP it describes a situation which is typical
for many of them (Asbjernslett & Hemmingsson 2008). A recent study focusing
specifically on unilateral CP (Moore, et al., 2010) used interviews and thematic
analysis with focus on quality of life. Findings are presented briefly and only a small
part concern activity performance. Thus there is a need for further knowledge on the
experiences of activity performance for children with unilateral CP.

Questionnaires on hand use and manual ability are available, but no existing
questionnaire focuses specifically on the performance of activities that are normally
performed using two hands. The most suitable so far have been ABILHAND-KIids, the
Paediatric Motor Activity Log (PMAL), and the Caregiver Functional Use Survey
(CFUS). The ABILHAND-KIds questionnaire, developed for the parental rating of
children with cerebral palsy, has displayed good signs of validity. However, three
quarters of the activities it includes could be performed using only one hand (Arnould
et al., 2004). PMAL was developed for children with unilateral CP and includes a
mixture of unimanual and bimanual activities (Taub, et al., 2004; Wallen et al., 2009).
CFUS asks about bimanual performance, though for activities not necessarily
performed using both hands (Charles et al., 2006). The lack of assessment instruments
focused on bimanual activities has hindered the creation of knowledge of how activities
are performed and of subjective perceptions of activity performance. The only
questionnaire with a clear focus on bimanual activities is the Prosthetic Upper
Extremity Functional Index (PUFI), though this scale is only applicable to children who
use upper limb prostheses (Wright et al., 2001). Since there is no questionnaire that
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focuses on the performance of activities that require two hands, the Children’s Hand-
use Experience Questionnaire (CHEQ) was developed within the frame of this thesis.

So far in the introduction to this thesis, | have discussed how activity performance is
important and how children with unilateral CP have specific problems in the
performance of bimanual activities. There are however several intervention alternatives
to address the ability to perform activities.

2.4 UPPER EXTREMITY SURGERY IN UNILATERAL CP

Various interventions affecting performance in bimanual activities are used for children
with unilateral CP (Eliasson 2008). These can be directed towards both hand function
and use as well as towards activity performance. One treatment focused on hand
function is upper extremity surgery (UES), in which muscles are elongated or
shortened, in combination with the transfer of muscles in order to support weak
muscles to achieve a more functional movement pattern (Carlson 2005). Many reports
on surgical techniques and outcomes have been published, though there are few
outcome studies using reliable research methods and instruments. In a 2001 review,
Boyd et al. (2001) stated that many positive results were reported subjectively, but no
studies using a control group were found and most studies were retrospective. One
prospective study using detailed objective outcome measurements was described,
reporting improved range of motion of the wrist and forearm (Eliasson et al., 1998). In
a later review, van Munster et al. (2009) found that studies of functional outcome after
UES were heterogeneous, so meta-analysis could not be done. However, they
concluded that data from the eight studies analysed indicated that surgery positively
affected wrist supination and extension (dorsiflexion), improved grip strategy, enlarged
the grip repertoire, and increased spontaneous hand use. The level of evidence for
functional improvement is low; however, the authors reason that functional
improvement may theoretically be expected given a better hand position. In the eight
studies reviewed, postoperative assessment used either a broad range of follow-up time
between individuals (e.g., ranging from 2 to 10 years) or a relatively brief time
perspective (approximately 18 months), and the one study that includes a long-term
follow-up (Hoffer et al., 1986) does not compare short-term and long-term results.
However, a so far unpublished study by Pontén et al (Pontén et al., 2010) has used the
AHA to assess the efficiency of the hand use. AHA shows good evidence of validity,
reliability and sensitivity for change (Holmefur et al., 2007; Holmefur et al., 2009;
Krumlinde-Sundholm et al., 2007). The result showed an improvement from 44.5 to
52.5 on a0 — 100 scale. For 10 of the 18 children in the study, the change was larger
than the least significant detectable difference (SDD) of the test. Improved results were
also seen using the Zancolli classification (where 11 children improved), in the
achievement of functional goals and in range of movement (Pontén, et al., 2010).

Summarising this paragraph, outcome studies on UES show good result but on a low
level of evidence, the use of AHA for evaluation however has contributed with more
reliable measurements. There is a lack of information about what happens over time,
i.e., whether the results achieved by UES are long lasting. UES has mostly been
evaluated and described from an objective perspective, and few studies include the
perspective of the child or family. This is an important lack of information, since
patient satisfaction is generally the aim of the treatment.
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2.5 OTHER DIAGNOSES INVOLVING UNILATERAL DYSFUNCTION OF
HAND AND ARM

This thesis considers two other diagnoses involving congenital unilateral hand
dysfunction, namely, obstetric brachial plexus palsy (OBPP) and upper limb reduction
deficiency (ULRD). In OBPP, loss of function varies with the level and severity of the
nerve injury and ranges from weakness to severe paralysis in either the upper or the
whole arm, and sensibility may be affected as well (Gilbert, 2001; Strombeck et al.,
2007). In ULRD, the reduction is of either transverse (amputation-like) or longitudinal
type, in which partial or intact fingers can be present on a more or less complete arm
(International Organization for Standardization, 1989). Hence, people with longitudinal
ULRD may experience practical limitations due to having a short arm or missing some
fingers or parts of fingers (Brown et al., 1996; Hermansson, 2004). These two
diagnoses share with unilateral CP the characteristic of having one properly functioning
and one less functioning hand; however, these two diagnoses do not affect the brain and
do not yield spasticity. Comparisons between the three groups may therefore serve to
describe how bimanual activity performance can vary with and without the presence of
brain lesion.

In conclusion, this introduction has identified that “bimanual activities” can be
performed in many ways. By viewing activity performance as the outcome of dynamic
interaction between activity, person, and environment, we can see that choices about
how to perform an activity are influenced by variations in all three factors. Children
with unilateral CP have reduced ability to use one hand, and to some degree have
problems independently performing everyday life activities. However, it is not known
how the dynamic interaction between activity, person, and environment forms the
activity performance in the presence of unilateral CP, nor how the children’s own
experience is related to this. The combination of lack of questionnaires focusing on the
specific problems of children with unilateral CP and the use of comparisons with
children having more severe dysfunctions has made it difficult to detect and describe
problems, in both clinical settings and research. UES has demonstrated promise as a
treatment to improve hand function, but so far there is poor knowledge of its long-term
results and of patient experience on how it affects hand use in everyday life.

13



3 RESEARCH AIMS

3.1 GENERAL RESEARCH AIM

The aim of this thesis is to explore and describe experiences of activity
performance in adolescents with unilateral Cerebral Palsy, with special focus on
hand use in bimanual activities. A further aim was to evaluate long-term
outcome after UES and to develop a questionnaire.

3.2  SPECIFIC RESEARCH AIMS:

1. to increase knowledge on how bimanual activities are performed and how the
performance is experienced (Study I and 1V)

2. toincrease knowledge on how hand use and activity performance is
experienced after UES (Study 1)

3. to evaluate objective outcomes five years after UES (Study V).

4. to develop a questionnaire — CHEQ — and evaluate if the performance of
bimanual activities can be rated in CHEQ in a valid way (Study I11).
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4 MATERIAL AND METHODS

4.1 DESIGN

The complex issue of activity performance required a combination of research
methods. Objective data was gathered by quantitative methods in form of
measurements. Subjective data was gathered by the use of qualitative methods in form
of interviews and by the use of quantitative methods in form of ratings on a
guestionnaire.

Data collection was done on the same occasion for Study Il and V; a quantitative and a
qualitative study regarding UES. The number of participants was set to 10, due to
practical reasons. However, the qualitative data in Study 1l turned out to describe rich
descriptions of experiences of performing bimanual activities, apart from experiences
related to UES, the same interviews were therefore also used for a new analysis in
Study 1. This new analysis was complemented with data from a focus group interview
with 4 persons in Study I.

In Study 111 and 1V, 86 new participants were selected, and were in Study IV
complemented with 14 more participants, in order to allow comparisons on group level.

Table I. Type of studies and number of participants.

Number | Participants
Focus Design Data analysis of . '_takmg part
particip | in more than
ants one study
Study Expe_ri_enqes of daily life o .
| activities in the presence | Qualitative Comparative | 10 -
of unilateral CP
Study Experiences in r_elation o . 10 of these
I to upper extremity Qualitative Comparative | 14 also in study
surgery |
Study De\_/e_lopment and Psychometric Rasch_
" validity of a evaluation analysis, 86 i
questionnaire: CHEQ Descriptive
Study Dgscriptiop of groups of o . 86 o_f these
IV children with unilateral | Quantitative | Descriptive 100 also in study
hand dysfunction Il
Outcome of UES in
Study | children with unilateral _— I Same participants as in
\Y/ Cerebral Palsy, 5 years Quantitative | Descriptive study |
follow up

Note: Additionally 27 persons representing 14 families took part in group interviews
during the development of CHEQ and further 18 families took part in a field testing
using a preliminary version of CHEQ in study III.

15




4.2 METHODS

4.2.1 Study |

Study 1 is a qualitative study based on interviews with adolescents regarding their
experiences of performing activities in everyday life.

4.2.1.1 Participants

Ten participants taking part in Study V - long term follow up - were also invited to take
part in the interview in Study I, on the same occasion. The selection procedure was
therefore designed in relation to Study V. Candidates were selected among participants
who had taken part in a previous study and undergone UES, 5 years earlier (Eliasson et
al., 1998). Additional criteria were 1/ diagnosis of unilateral CP, 2/ attending or having
attended regular education at the time of surgery. Participants were invited to take part
in the study, following date of surgery consecutively, until 10 participants were
selected. One male and nine females, 12-24 years of age, participated. Seven
participants had dysfunction on the right side, three on the left side. According to the
classification of Claeys and colleagues (1983), the hand function of the participants
varied from mild dysfunction (pincer grasp and individual finger movements) to
moderate dysfunction (global hand use). All participants had some kind of grip ability
both before and after the treatment. Five of the participants (aged 12-19) were
accompanied by a parent, and the parent was then invited to take part in the interview.
Those who came alone (aged 17-24) were assumed to be old enough to respond
themselves.

Additional participants in Study | were recruited for a focus group interview. Local
occupational therapists were asked to suggest and invite candidates who were 1/ having
a diagnosis of unilateral CP 2/ attending or having attended regular education and 3/
being willing and able to express themselves in the subject. Four participants took part
in the focus group; one male and three females, aged 16 to 28 years of age.

4.2.1.2 Data collection

The aim of the individual interviews was to find out how each participant practically
dealt with problems related to the reduced function of the hand. The interviews were
semi structured and an interview guide was used (Bogdan & Biklen, 2003; Patton,
1986), based on a pilot interview made with an 18-year-old girl with unilateral CP. The
participants were asked to describe how they performed activities that in the pilot
interview were identified as being typically problematic, objects used in these activities
were available to allow participants to handle the objects while describing their way of
performing the activities. Thereafter, the participants were asked about situations where
the use of the affected hand was avoided as well as activities that they were unable to
perform. The knowledge acquired through the individual interview analysis revealed
that further data on the reasoning employed when choosing strategies, rather than on
strategies per se, and on how the participants themselves viewed their choices, was
needed. In order to achieve richer descriptions, the method of focus group (Krueger &
Casey 2000) was used. All interviews were tape recorded with the participant’s
permission and transcribed verbatim by the interviewer
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4.2.1.3 Data analysis

Data analysis was guided by a comparative method described by Bogdan and Biklen
(2003) and inspired by Grounded Theory tradition (Strauss and Corbin 1998). The
process of analysis started with reading and coding the transcripts to define the main
ideas discussed in the interviews. All authors thoroughly read the transcripts to gain an
overall sense of the content. In the second step, coding, the first author developed a
detailed coding scheme which was discussed with the other authors for feedback.
Alternative ways of understanding data were sought by consequently assessing if there
might be more than one way to understand the text, and the same part of text could be
assigned to more than one code. Each section of text related to a certain code was
identified and brought together so that all parts of data relevant to the purpose of the
study could be read according to the codes and serve as a background for further
analysis. The third step involved describing the findings by organizing them into a
coherent and meaningful whole, analysing similarities and differences between
individuals. This way of working with data yielded a new understanding. We found that
the way of using various strategies for activity performance could only be understood
when experiences, feelings, and values of the individual as well as the environment in
the specific situation, were considered. Based on this new understanding, data were
organized into two main themes with nine subthemes.

4.2.1.3.1 Trustworthiness
Several methods were used to assure trustworthiness; peer debriefing through
discussions between the authors (who had different experiences and fields of
knowledge); reflective thinking about any possible bias, negative case analysis, and a
drive to describe data as a whole without excluding any information related to the aim
of the study (Gustavsson 2000, Lincoln & Guba 1985). Our ambition has also been to
yield a rich description, with quotes from participants and descriptions of similarities
and differences between participants to enable the reader to value transferability
(Lincoln & Guba 1985).

4.2.2 Study Il
Study 11 is a qualitative study focused on experiences after UES treatment.

4.2.2.1 Participants

The same group of 10 children as described in Study I constituted the group of
participants also in Study I1. All participants had undergone UES 5-7 year earlier, and
all but one had been treated by the same surgeon. Both hand surgeons were certified
and well-experienced in hand surgery. The surgery had been followed by a period of
intensive training by an occupational therapist and a physiotherapist. Postoperative care
included immobilization with a cast for the first six weeks, thereafter using a daytime
wrist support for two weeks and a night splint for six weeks. Therapy was individual
for each participant and included active and passive movements, training of grip and of
activities of daily living (ADL). UES intervention as described in this thesis therefore
includes two parts: surgery and postoperative care. Although how these aspects relate is
open to discussion, they will here be viewed as a single unit and will be referred to as
“UES”. At the time of interview, none of the participants had had any surgical revision.
None of the authors, including the interviewer, had been involved in the treatment of
the participants. In the surgery, multiple operative procedures were carried out in one
session, according to individual needs.
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4.2.2.2 Data collection
Data collection was described in Study 1.

4.2.2.3 Data analysis

Data analysis was guided by a comparative method described by Bogdan and Biklen
(2003) and inspired by Grounded Theory tradition (Strauss and Corbin 1998).
Primarily, the material was read through and condensed to contain only data that
corresponded to the aim of the study and coded according to content, by the first author
(A.S.). Coding was discussed between A.S., A.-C.E. and H.F and data was described
according to the coding. The second stage of the analysis was guided by methods
described by Strauss and Corbin (1998). Whereas the first turn of analysis was based on
““What are the participants describing?’’ and resulted in a descriptive analysis, the
second turn of analysis was guided by asking ‘“What do the findings express and how
can they be understood?’’. Similarities and differences between individuals and
between different parts of individual interviews were analysed, and a way to explain
both the entirety of data and the individual parts through a few themes were sought.
Alternative interpretations and explanations were discussed, and any inconsistent
findings resulted in new discussions of the construct of themes, according to the
method of “‘negative case analysis’” described by Lincoln and Guba (1985 p. 309). The
final construct resulted in three main themes.

4.2.2.3.1 Trustworthiness
Trustworthiness was addressed in the same manner as in Study I. In addition, the use of
an interviewer not involved in the treatment and of triangulation with the objectively
measured changes (described in Study V) strengthened the trustworthiness (Lincoln &
Guba 1985).

4.2.3 Study I

In Study 11, a new questionnaire, focused on bimanual activities and suitable for the
age group 6-18 years was developed and evaluated psychometrically. The structure of
the questions is presented in appendix 1, study IlI.

The item generation was based on study of literature, reasoning from clinical
experience and interviews with children/adolescents and parents with any of the three
diagnoses unilateral CP, OBPP or ULRD. 373 activities were examined against the
following criteria: 1) requiring the use of two hands; 2) being frequently performed by
many persons 3) possible for a wide age span to do; 4) not seasonal; 5) not too gender-
or culture-specific; and 6) not strongly dependent on other functions, such as balance,
gross motor function, or cognitive functions. Activities were reduced after field testing
and additional reasoning between authors. A field version comprising 37 activities was
tested by 18 families. The families were interviewed regarding the relevance of the
activities and the questions. A final version with 29 activities was established and tested
for evidence of validity.
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4.2.3.1 Participants

Inclusion criteria in the validation study were 1/ diagnosis of unilateral CP, OBPP or
ULRD (not using prosthesis) and 2/ age 6-18 years. A convenience sample of 96
families was recruited by local occupational therapists. 10 participants were excluded
due to incorrect use of the questionnaire, resulting in 86 participants in the study. The
families were recommended that children below the age of 13 should be assisted by an
adult. In 32 families, the questionnaire was answered by the child alone, three of them
were aged 11-12, the rest above the age of 13.

4.2.3.2 Data collection

The ratings in the questionnaire were done in three separate scales, using a
10-category rating scale with adjectives only in the ends. The three main scales in
CHEQ describe to what degree the grasp is efficient (Grasp efficacy), whether the
activity takes more time to perform compared to peers (Time taken), and whether the
person feels bothered by the reduced hand function when performing the activity
(Feeling bothered). In addition, for each activity it is reported whether the activity is
performed independently, whether the affected hand is used and, if so, whether it is
used for grasping the object or as a support without grasp.

4.2.3.3 Data analysis

The American Psychological Association (1999) recommend that evidence for the
validity of an instrument should be assessed from various aspects. In this thesis,
evidence for validity was evaluated from the aspects of 1/ test content 2/ internal
structure, using Rasch analysis. All analysis was done on each scale separately.
Analysis was conducted using Winsteps 3.65.0 Software (Linacre 2008).

Evidence for validity based on test content was evaluated by assessing how well the
items corresponded to the concept “use of the affected hand in bimanual activities”.
Each item was analysed as regards to what degree it was performed independently and
performed by the use of two hands.

Evidence for validity based on internal structure was evaluated in six different types
of analysis: 1/ The rating scale structure was examined according to the
recommendations by Linacre (2004) analyzing whether the categories were used
consistently. Effectiveness was optimised according to the essential guidelines
described by Linacre (2004): the number of observations in each category exceeding
10; the measure advancing monotonically by category; and an outfit mean-square of
less than two. The impact on the validity and reliability of various alternatives of
collapsing rating scale categories was also examined according to the recommendations
of Bond & Fox (2007). 2/ Internal scale validity was examined by analysing goodness
of fit; the degree of fit between the real rating and the expected rating for an item of a
certain difficulty by a person with a certain ability. Criteria for misfit were set to infit
MnSq > 1.4 in combination with a Z-value of > 2.0, which identifies items that show
underfit to the expected hierarchy of item difficulty (Wright 1994) The data was
considered to fit the model when 95% of the items show acceptable fit (Smith1991). 3/
Unidimensionality was analysed by examining values of principal component analysis
(PCA) according to the “tentative guideline” by Lincare (2008); unidimensionality is
supported if the measures explain >50% of the variance and the first contrast no more
than 5%. 4/ Person separation was assessed by reliability coefficient and the number of
person strata that persons could be separated into. The number of strata was calculated
by the formula by Fisher (1992) [Strata = (4G+1)/3] where G is the separation ratio.
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According to Fisher (1992), the number of strata must be at least two in order to
separate individuals meaningfully. 5/ The precision of the sample mean was evaluated
by the SE value. An SE below 0.385 yields a 99% confidence that the estimate lies
within an interval of 1 logit (Linacre 1994) 6/ Evidence for validity based on response
processes was also evaluated by visual inspection of the “Rasch-maps” (fig.1 Study 1)
— showing the distribution of persons graded by ability, together with the distribution of
items, graded by difficulty- as well as by comparing the mean person ability measures
to the mean item difficulty measure (Bond & Fox 2007).

4.2.4 Study IV
In study 1V, CHEQ is used to study differences between diagnosis groups.

4.2.4.1 Participants

In Study 1V, data from the 86 families in Study 111 was used and completed with data
from 14 more families, using the same inclusion criteria and the same way of
recruiting. In these 14 families, the questionnaire was answered by the child alone in 1
case where the child was aged 17, in 6 cases where the child was aged 6-10, the parents
were respondents, and in the 7 remaining cases the child was 8-9 years of age and the
ratings were done by the child and parent together.

4.2.4.2 Data collection

Whereas data for the 86 persons in Study Il was collected in a paper-version of CHEQ,
the additional 14 persons used a computer-version. Additional differences between the
two versions was that in the paper version, a 1-10 rating scale was used, which in the
analysis was collapsed into a 1-4 scale. In the computer-version, a 1-4 scale was used.
In the computer version, the questions were presented in random order but in the paper
version they were presented in a fixed order.

4.2.4.3 Data analysis
In Study 1V, differences between diagnoses groups were studied.

In CHEQ, nominal data is generated on how activities are performed. This is presented
in frequency for each individual. In order to enable comparisons between groups in
Study 1V, a percentage-value of the frequency for each person was calculated for three
variables, these were named Doing by oneself, Using the affected hand and Holding
objects. In each of these three variables, a higher score indicated more of the examined
variable. In the three rating scales; Grasp efficacy, Time taken and Feeling bothered,
ordinal data is transformed into interval data trough Rasch-analysis, generating log
odds. In this study, the log odds were transformed into a 0-100 scale, and used for
comparisons analysed by One-way analyses of variance (ANOVAs) and Scheffe’s post
hoc test. Alpha was set to p<0.05.

In order to see how diagnosis, gender and age influenced the degree of Feeling
Bothered by the reduced hand function in the analysis, linear regression analysis was
used (Altman, 1991). An unadjusted model was used to compare the three groups of
diagnoses in Feeling Bothered, and an adjusted model was produced to control for the
background variables gender and age.

Correlations between age and Doing by oneself, between Grasp efficacy and Feeling
bothered, and between Time taken and Feeling bothered were calculated with
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Pearson’s r (Altman 1991) for each group of diagnoses, in order to examine how the
variables relate depending on diagnoses.

4.2.5 StudyV

Study V describes objectively measured outcomes of UES, 5 years after surgery.

4.2.5.1 Participants
The participants were the same as in Study 1.

4.2.5.2 Data collection

Joint motion was tested with a goniometer; grip ability was measured using nine tasks
requiring different grips (score 0 to 4 for each task; maximum score, 36); dexterity was
measured by the time taken to move 10 cubes (1x1 cm); and strength was measured
with the Martin vigorimeter (Gebriider Martin, Postfach, D7200 Tuttlingen,Germany).
For the sake of comparison, strength and dexterity were also measured in the non-
affected hand. Preoperatively, the family, together with the surgeon and the therapist,
proposed some functional objectives for surgery which were evaluated as fulfilled or
not fulfilled by the family postoperatively.

4.2.5.3 Data analysis

Nonparametric statistic was used, due to the small size of the sample, reporting Median,
min-max and significant differences at the level of p<0.05.
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5 FINDINGS

5.1 STUDY I

In study I, it was found that there is not one single strategy used to perform a certain
activity, but rather a range of strategies are used, depending on the circumstances in the
situation. A main finding was that the situation of selecting strategy was often
described as a dilemma. In order to select the strategy there was a need to estimate the
feasibility of success, social aspects and personal aspects. It seemed that whatever
strategy participants choose, the strategies have some negative consequences that
require consideration. Estimating the feasibility f success include considering the match
between the own ability and the demands of the task. Estimating social aspects may
include finding a performance strategy that looks/appears “normal”; this may either
lead to an increased use of the affected hand, in order to appear bimanual, or to
avoiding the use if the affected hand, in order to conceal it. Asking for help may be a
positive solution to the problems, however, asking for help could also interfere with a
wish to be independent, to get the desired result and it could also influence the
relationship with the other person in a negative way. Estimating personal aspects
includes personal preferences in how activities should be performed.

A second main finding was that even though much effort may be given to find suitable
strategy options, there are still consequences which have to be tolerated. Such
consequences may be a need for planning, for taking extra time, for paying extra
attention, for increasing the workload on the rest of the body and for limiting choice of
task or task performance. The need for planning may involve selecting special garments
or shoes which are not too difficult to button or tie. Extra time may be needed because
of a need for changing hand-roles, when using both hands, and a need to perform the
activity in several steps, when using only one hand. Due to the reduced hand function,
the performance may be ineffective and sequences of activity performance may need to
be repeated. Extra attention may be needed to control the affected hand and to
compensate dysfunction of the hand, for example with vision. The rest of the body gets
increased work load when compensating the decreased hand function, for example by
extra strain on the other hand, on the teeth or when positioning the body in an awkward
way in order to get in a position that facilitates the use of the affected hand. It may be
necessary to omit activities or to restrict the choice to such options that are possible to
perform. Another limitation is when activities can be performed, however not
according to the implied rules, thus conflicting with personal values. The need to select
suitable strategies for performance made it necessary to have a repertoire of strategies
to choose from.

5.2 STUDY I

In Study I1, experiences of hand use after Upper Extremity Surgery were described. It
was found that changes were mostly described in aspects related to daily life; many
daily activities had become easier to perform. The hand was now easier to use and it
was therefore also used more. Changes in the appearance were of great importance,
especially when reaching the teenage years. Generally, after treatment, the arm was
described as having a more “striking” position and a more “natural” appearance. The
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position of the arm was now straighter, with the forearm hanging down in a relaxed
way. An improved appearance made it easier to show the arm. Also a negative change
in appearance was described by some of the participants, they found the scars on the
forearm to be disfiguring and sometimes wanted to hide the scars. The participants also
described that the internal feeling of the arm was changed. Before treatment the arm
was described as tense, stiff and hard, after the treatment the arm was generally
described as looser and more relaxed. It was no longer necessary to stretch and to force
the arm to straighten out.

5.3 STUDY Il

In order to strengthen validity of the CHEQ, the development included interviews with
parents and children, both before the constructing of the questionnaire and during the
construction of the first, preliminary versions. Previous literature and clinical
experience was also used. The final version was tested for evidence of validity as
regards test content, internal structure and response processes.

5.3.1 Evidence for validity based on test content

According to the responses to the CHEQ questions, the final 29 activities were
generally found to be relevant, commonly performed independently and involving the
use of both hands. Each activity was regarded as not applicable by 0-13% of the
persons. The percentage of persons who performed the activity independently varied
between 43% and 100%, median value 92%. Each activity was performed using both
hands by 70.7-97.5% of the respondents. Thus, the selected items in CHEQ were
shown to fulfil the initial criteria of being performed independently and by using both
hands to a high degree.

5.3.2 Evidence for validity based on internal structure

Analysis of the function of the 10 category rating scales showed an inconsistent order
of thresholds in all three scales. This indicates that generally, the respondents did not
use the categories of the rating scale in a consistent way, the ratings did not follow the
expected hierarchy of the person’s ability and the item’s difficulty. When the scale was
collapsed into four categories according to the guidelines by Linacre (2004), each
category exclusively covered a certain proportion of the person’s ability and the item’s
difficulty. The four-category scale, compared to the 10-category scale, also improved
reliability and separation values. Further analyses were conducted applying the
collapsed rating scale structure.

Rasch Analysis was used for item reduction, separately for each scale, during the
development. Out of the final 29 items, 3 items showing misfit in the Grasp Efficacy
scale and one of these also in the Time taken scale, were excluded from analysis (study
I11, table I1). After this, only one item showed misfit in the scale Grasp efficacy (“Cut
up a pancake”) and one in the scale Time taken (“Cut meat”). This meets the
recommendations by Smith (1991), that 95% of the items in each scale should show
acceptable fit.
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Analysis of the targeting of the difficulty of the items and the ability of the persons in
the three scales showed that there was a fairly good distribution even though the mean
ability measure of the persons was higher (3.03, 3.35 and 2.90 respectively) than the
mean difficulty of the items (by default set to 0), indicating that the average person’s
ability was greater than the average difficulty of the items. This was also shown by the
number of persons scoring a maximum on the scales: 15 persons on the Grasp efficacy
scale, 13 persons on the Time taken scale and 18 persons on the Feeling bothered scale.
None of these persons had a diagnosis of unilateral CP. However, considering the
spread of the four rating scale categories, the Rasch maps showed a correlation between
the distribution of item difficulty and person ability (study 111, fig. 1). The person
separation demonstrated that people can be separated into four or five groups with a
reliability of 0.90 -0.94, varying between scales. The range of standard error was from
0.26 to 0.31, thus below the limit which according to Linacre (1994) yields a 99%
confidence that the true estimate lies within an interval of 1 logit. The PCA varied
between 57.4% and 64.1%, exceeding the limit of 50% and thus supported the
assumption that each scale measures only one dimension (Linacre 2008).

54 STUDY IV

There was a significant difference between the groups in Doing by oneself. Participants
with unilateral CP performed significantly fewer activities by themselves than children
with OBPP and ULRD. Gender appeared to have no effect on this variable (p=0.87).
Doing by oneself was moderately correlated with age for the whole group (r=0.51,
p<0.001). Participants with unilateral CP had the weakest correlation (r=0.48, p<0.001)
relationship between Doing by oneself and age, compared to participants with OBPP
(r=0.69, p<0.001) and ULRD (r=0.52, p<0.002).

Analysis of the variable Using the affected hand showed that participants with ULRD
used the affected hand more often (mean 96% of the activities performed
independently) compared to the other two groups. The mean of Holding objects (if the
hand was used for holding rather than as a support) was seen in 57% of the activities
performed using two hands, describing the mean for the whole group, there were no
statistical differences between the diagnosis groups. Gender did not appear to affect
either Using the affected hand or Holding objects.

Unadjusted linear regression showed an association between the three diagnosis where
Feeling bothered was on average higher (corresponding to individuals being less
bothered) in both the OBPP group (B=23.5, p<0.001) and in the ULRD group (B=21.2,
p<0.001) compared to the unilateral CP group (Table I11, Study 1V). The association
was only mildly affected when adjusted for age and gender (B=21.4 and 21.0
respectively, p<0.001).

When Time taken and Grasp efficacy were included in the regression analysis, the
difference in Feeling bothered between the diagnosis groups was eliminated; for OBPP
the regression coefficients were B=1.4 (Cl -3.85 — 6.65) and B=4.5 (-1.30 — 10.34)
respectively, and for ULRD the regression coefficients were B=0.8 (-4.25 - 5.94) and
B=3.1 (-2.65 — 8.74) respectively. This is mainly explained by the high correlation
between these two variables and the main outcome variable, Feeling bothered. The
correlation coefficient for Feeling bothered and Time taken was r=0.90 (p<0.001),
while that for Feeling bothered and Grasp efficacy was r= 0.87 (p<0.001).
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Linear regression showed that Feeling bothered was explained by Time taken to a
lower degree (69%) for children with unilateral CP and for children with OBPP (66%)
than for children with ULRD ( 86%). Feeling bothered was explained by Grasp
efficacy to 42% in children with unilateral CP, 69% children with OBPP and to 79% in
children with ULRD. The relation between the variables explained 69%, 66% and 86%
respectively of the variance in data.

55 STUuDYV

The objective measurements in Study V show that there had been changes which could
be related to the treatment and which to a certain extent were persistent five years later.
The improvements in active wrist extension and supination were maintained (Wrist
extension 20° preoperatively, 57.5° at 9 months and 60° at 5 years, Supination 35°
preoperatively, 60° at 9 months and 60° at 5 years, Median values). The improvement
in ability to grip objects also remained about the same (Grip scores 15.5/36
preoperatively, 20/36 at 9 moths and 20/36 at 5 years). Although not significant, the
median value for strength and dexterity indicated that the results were maintained or
even improved after 5 years (Strength 10 kPa preoperatively, 14 at 9 months and 20 at
5 years, dexterity 35 seconds preoperatively, 24 at 9 months and 20 at 5 years). The
improvements in strength and dexterity may be due to normal development, therefore,
these measurements were also assessed for the non-hemiplegic hand. The non-
hemiplegic hand improved less than the hemiplegic hand, suggesting that the
improvement was a result of surgery (table 1l Study V). The 10 participants altogether
achieved the fulfilment of objectives to a degree of 73% at the 9-month follow-up and
to 64% at the 5-year follow-up. Between one and six objectives were set up for each
subject. The degree of fulfilment of objectives for each subject varied between 0 and
100%.
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6 DISCUSSION

The aim of this thesis is to develop knowledge of activity performance, with a special
focus on hands use in bimanual activities in children and adolescents with unilateral
CP. The results of the constituent studies provide an interesting material to discuss in
relation to the overall aim of the thesis. First, the need to pay attention to how the hand
is used, described by adolescents with unilateral CP, will be discussed. Then, the
experiences of performing bimanual activities will be discussed. The third section will
discuss the possibility of improved activity performance by using UES. Finally, the use
of the CHEQ questionnaire will be examined.

6.1 HAND USE DEMANDS ATTENTION

In the introduction to this thesis, hand use in well known activities was described to be
directed on a subconscious level to a high degree. Normally, the person performing the
activity is not focusing on the hand use, but on the result he/she wants to achieve. By
neural control, the most suitable strategy in relation to the character of the activity and
to the object, is selected and executed. In contrast to this, the findings of this thesis
show that for children with unilateral CP, the choice of hand use was an issue which
constantly demanded attention in the performance of bimanual activities. It was shown
in the introduction that hand use varies with the kind of activity, the properties of the
object and the physical environment. This was also seen in study I, but it was notable
that the participants were also to a high degree aware of how their performance was
depending with these aspects. This indicates that their choice of hand use demanded
more attention. Also in contrast to what has earlier been described to influence hand
use, it was in study | seen that the social environment also had an important influence.
Depending on the social surrounding, the activity would be performed differently, for
example using both hands or only one. Also more personal aspects which has so far not
been described to influence hand use generally, was seen to influence hand use in study
I; the person’s own values and interest, the state of mood and how one wanted to
present oneself in the eyes of others were personal aspects considered when choosing
how to use the hand. Thus, from the aspect of hand use, the dynamical interaction
between activity, person and environment seems to be substantially different in the
presence of reduced function in one hand.

A minor finding in study I is also relevant to acknowledge; some participants expressed
that they needed to concentrate on the performance of the hand, the use of the hand was
thus not automatic but demanded awareness. One girl expressed this by saying that she
had to “tell” her hand what to do. Although this was only mentioned by a few
participants, it is interesting, since it has not been described earlier how the reduced
neural control of hand use may be experienced by the person.

One aspect which might have been expected to affect hand use is age. This was
however not found in this thesis; the CHEQ-variables Using affected hand and Holding
objects did not correlate with age (unpublished result in Study 1V). A longitudinal study
has described development using AHA in children aged 1.5 to 8 years with unilateral
CP (Holmefur et al. 2010). The study showed that children in MACS group | and 11
(where most of the children with unilateral CP are represented) reach 90% of their
maximum AHA-level at the age of about 4 years, for MACS level 111 however, this
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occurs later, at the age of 9-10 years. Fedrizzi (Fedrizzi, et al., 2003) studied older
children and found similar results, although that study has been questioned as regards
reliability, as described earlier. Thus, no studies have been found that show improved
hand use by natural development in the period of 6-18 years, in children with unilateral
CP.

In study Il it was however found that changes in hand use were described after
treatment. It was experienced to be easier to use the affected hand after UES, it was
therefore also used more often. Improved hand use after UES has also been shown
using the AHA,; the variables “hold”, “grip”, stabilizes by grip” and “calibrate”
improved most (Pontén, et al., 2010). Improved hand use has also been seen after other
interventions, for example after Constraint Induced therapy, which is directly targeting
the use of the hand (Hoare et al., 2007). The point here is however not to compare
various alternatives but rather to describe how hand use may be affected by
intervention.

As regards the activity-aspect, it was seen in study | that hand use was problematic
almost only in bimanual activities. The only unimanual activity mentioned was shaking
hands, since there is a social obligation to use the right hand in that activity. In study
I11, a variation in hand use was seen also within the group of bimanual activities; the
degree of participants (including all three diagnosis) using both hands in each activity
varied between 70.7% and 97.5% (study I11 table 11). The influence of activity-aspects
on hand use has so far been sparsely described. In order to tailor intervention in a
suitable way, further knowledge on the demands of the activity is needed.

In conclusion, it was found in this thesis that from the aspect of hand use, variables in
all three aspects - activity, person and environment - contributed to forming the
performance in bimanual activities. This emphasizes the need to acknowledge how
various aspects interact when describing hand use.

6.2 PROBLEMS IN ACTIVITY PERFORMANCE NEED TO BE
ACKNOWLEDGED

This thesis has also acknowledged that there may be a need for children with unilateral
CP to make choices about activity performance in a more general sense. Study |
demonstrated that the participants repeatedly had to find ways to perform bimanual
activities that were difficult to perform. This led to the dilemma of having to choose the
best possible way of performing the activity, although negative consequences related to
the performance still had to be tolerated. The dynamic nature of the situation, in which
the demands of the activity, individual preferences and abilities, the qualities of the
object involved in the activity and the expectations of people in the environment, were
all considered, in line with how the interplay between activity, person and environment
has been described previously (Law et al., 1996; Nelson 1988). However what has not
been previously described is how this interplay is viewed by children with unilateral
CP. Instead, children with unilateral CP have earlier been described as having a mild
dysfunction and as capable of performing most activities in everyday life (Arner, et al.,
2008; Hammal et al 2004). The findings of Study | thus seem to contradict this view.
There may be several explanations for this apparent contradiction.
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One way to understand this seemingly contradiction is that the view changes depending
on the perspective chosen. When comparisons are made with children with more severe
forms of CP, the group with unilateral CP may appear relatively well-functioning (van
Eck etal., 2010; Imms et al., 2009; Majnemer et al., 2010; Orlin et al., 2010). When
comparisons are made with children without dysfunction, problems related to having a
mild dysfunction may appear (Yude et al., 1998). Considering that children with
unilateral CP often attend mainstream schools and socialize with peers with no
dysfunction, it is important to consider the latter perspective as well. An alternative
might be to make comparisons with other groups with hand dysfunction. The diagnosis
of OBPP and ULRD comprise dysfunction of one hand/arm, and children with these
diagnoses usually attend mainstream schools, like many children with unilateral CP. In
study IV it was seen that in almost all CHEQ variables, namely, in the Grasp Efficacy,
Time taken and Feeling bothered scales as well as in the Doing by oneself variables,
children with unilateral CP presented more problems than did children with OBPP or
ULRD. Earlier studies comparing these groups have not been found, but Krumlinde-
Sundholm and Eliasson (2003), who described the development of AHA, found that
children with OBPP made more efficient use of the affected hand than did children
with unilateral CP. Thus, comparisons with various groups sharing some
commonalities with the group of unilateral CP may yield an additional view of the
complexity of having a mild dysfunction. When making group comparisons, however,
it must also be acknowledged that in the group with unilateral CP there is also great
variation, so it cannot be assumed that the same differences are found on the individual
level.

Another way to understand the seemingly contradiction is from the reasoning
concerning occupational performance presented in the Introduction to this thesis: if
occupational performance consists not only of practical “doing”, but also represents a
way of expressing personal and cultural values and meanings (Christiansen et al.,
2005), then it is important not only to achieve a result but also to be content with the
performance and with how we can show others who we are through it. Goffman (1990)
described the concept of “stigma management”, acknowledging that, when a
dysfunction can be concealed, considerable effort may be expended to do so, so as not
to stand out as different. According to Goffman (1990), this can also lead to excluding
oneself from activities. This was also one strategy of activity performance identified in
study I. It is important to identify not only what activities are found difficult but also
whether activities have been excluded. A third way to understand the seemingly
contradiction is to realize that the instruments used need to focus on the specific
problem area for children with unilateral CP: the performance of bimanual activities.
The development of CHEQ, described in study I11, has made it possible to assess
subjective views of the performance of bimanual activities.

This study has contributed to the knowledge on children with unilateral CP by showing
that they may experience problems in activity performance that are related to the
dynamic interplay between activity, person, and environment. Although this can - at a
first view - seem to contradict earlier knowledge that has described this group as highly
capable and satisfied in terms of health-related quality of life, it may rather be a
complement. This new finding may relate to the fact that the present research
considered and described the subject’s own experience as well as using an instrument
focusing on the subjective view of bimanual activities and also comparing groups in
which unilateral hand dysfunction is the common factor, rather than the diagnosis.
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6.3 CHANGES IN ACTIVITY PERFORMANCE ARE SEEN AFTER UES

Both studies Il and V describe changes five years after UES intervention, representing
the objective and the subjective views of the changes. UES intervention as described in
this thesis includes two parts: surgery and postoperative care, including the use of
orthosis and training. Although it is open to discussion how these aspects relate, they
are here viewed as a single unit. Generally, the intervention aims to improve range of
movement, facilitate grasp ability, and improve appearance. As this research focused on
describing changes occurring after treatment, an important aspect to discuss was
whether natural development might have influenced any such changes.

Participants in study Il described an interaction between treatment and natural
development, i.e., it was easier to learn new things since the hand could be used in a
better way after UES. An increase with age in capability and in the performance of
daily activities for children with unilateral CP (aged 3-15 years) was shown by Ohrvall
(2010). This was also supported by a finding of study 1V; the number of CHEQ
activities that were performed independently showed a fair correlation (r = 0.48) with
age for children with unilateral CP, although lower than for children with ULRD or
OBPP. Thus, improvements in activity performance may also partially be related to
natural development.

The objective measurements made in study V show changes 9 months after
intervention which were remaining five years later. Improvements were seen in range
of movement, but no studies describing the normal development of range of motion
were found to serve as a basis for comparison. No significant change in dexterity was
found, even though the time needed for the task decreased more than in the dominant
hand. This is in line with the findings by Eliasson et al. (2006) who found a decrease in
time needed to complete a task, based on comparisons of measurements in a group of
children at age 6-8 and again at age 19-21 years. The decrease in time was seen both in
an experimental grip-lift task and in the Jebsen and Taylor test (Eliasson et al., 2006).
Study V also found that strength improved, although not significantly so; however,
strength increased in the dominant hand as well, indicating that a general age-related
increase in strength may have occurred. There may however be reason to question
whether an increase in strength over time would be expected without intervention.
Smits-Engelsman et al. (2004) found that children aged 10-15 years had lower finger
flexion strength than did children aged 5-9 years. This may indicate that a decrease in
force generation could have been expected. The changes observed at the 9-month
follow-up are in line with those observed in previous studies of outcome after UES (van
Munster et al., 2007), though, to my knowledge, early and late results have not
previously been compared.

Study V describes changes after UES from two different views; objective and
subjective. It may be interesting to considerations how these two views coincide. It was
seen that the particular objective measurements used, which are typical of outcome
studies of UES, did not capture aspects viewed as important by the participants. The
respondents described changes in everyday life activities, appearance, and the internal
sensations of the arm. The objective measurements encompassed range of movement,
speed, grip, and strength. Whereas speed and grip were also described in the interviews,
many aspects touched on in the interviews were not captured in the measurements;
these related more to activity performance in everyday life than to functional
components of hand function. This predominance is in line with the findings of
Nieuwenhuijsen et al. (2009); in ratings in the Canadian Occupational Performance
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Measure for young adults with CP (about half of the participants had unilateral
involvement), 98% of the reported problems were linked to activity and participation,
and the remaining 2% to the body function component of the ICF classification.

The findings of study Il show that changes experienced in everyday life were related
both to an increase in the number of activities that could be performed and to the
quality of activity performance. For example, decreased effort, better control of the
hand, and ability to make more use of the involved hand were qualitative aspects that
facilitated activity performance. Reports on qualitative aspects of performance are
sparse. Whereas quantitative aspects of activity performance has been described after
UES (Eliasson et al., 1998; Malizos et al., 2010; Matsuo et al., 1990; Tonkin et al.,
2001), only two studies were found that measured qualitative aspects of performance.
Johnstone et al. (2003) and Gong et al. (2010) reported improved ratings on a five-point
scale ranging from “Very difficult” to “Completely independent” describing the ease in
performing the activity “dressing”. Thus, it would be valuable to assess activity
performance after UES from the qualitative perspective as well.

McAuliffe (1999) saw a risk in not acknowledging the patient view: “The most
worrisome indictment of current research strategy is that we are unable to determine
whether the “‘objective’ results we are accustomed to measuring, such as postoperative
strength and ROM, are at all meaningful to our patients’’. The AHA makes it possible
to assess the efficiency in the use of the hand in bimanual activities in an observation,
which is suitable UES treatment in the case of unilateral CP (Pontén, et al., 2010).
CHEQ now also makes it possible to describe the subjective view of the use of the hand
in every day life. In order to be able to detect evidence for the efficacy of various
treatment alternatives, it is however necessary also to use objective measurements.
Hence, a combination of the two views would be optimal.

6.4 A NEED TO MEASURE THE SUBJECTIVE VIEW OF PERFORMANCE
IN BIMANUAL ACTIVITIES.

This thesis has demonstrated that, for children with unilateral CP, activity performance
may be problematic, specifically in bimanual activities. It has also demonstrated that
CHEQ can be used to describe the subjective view of activity performance in bimanual
activities; the activities included in CHEQ are frequently performed independently and
with two hands, the scales are well targeted for children with unilateral CP, and there is
evidence of validity of the ratings in each scale (study I11). It may then be interesting to
discuss how these two aspects relate: In what way does CHEQ capture the problems
experienced by children with unilateral CP?

Whereas several other questionnaires ask about difficulty in general, two of the three
questions on subjective perceptions in CHEQ are more specific. CHEQ first asks about
how the activity is performed. The choice of questions in CHEQ was based on the
findings of study I. In study I, avoiding activities and needing help were obviously seen
as problematic, but problems were also encountered in activities performed
independently. Certain activities take longer for children with unilateral CP than for
their peers to perform, when using one or both hands, and grasp quality was central to
the problem descriptions. These aspects were therefore the basis for two of the three
scales in CHEQ. The third scale, describing whether the subject feels bothered by
reduced hand function when executing activities, was intentionally formulated as a
broad question. The findings of study | indicate that the underlying reason for feeling
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bothered varied extensively. It is important for treatment planning that the underlying
reason be identified, and it is not possible to capture this in a rating. Instead, the
investigator must make further inquiries to determine the reasons why a subject feels
bothered. This approach fits well with the top—down approach suggested for use in
occupational therapy (Fisher, 2009). In addition, using CHEQ generates a report on
how the activity is performed and how the hand is used; this provides additional
information that is useful when determining how to address the problem.

6.4.1 Children as respondents or parents as proxy-raters?

CHEQ recommends that children under the age of 13 years should be assisted by an
adult when rating; it is also possible to use the parent directly as a proxy-rater. It is thus
germane to ask whether the use of a proxy-rater is suitable, or whether the child should
be given the opportunity to answer for him/herself?

The issue of who should be the respondent when administering questionnaires to
children has been discussed extensively in the literature, and most studies have focused
on whether parents can be assumed to give the same ratings as their children would.
Such studies unambiguously demonstrate that there may be a difference, though they
vary in reporting how and to what degree ratings will differ. The difference mostly lies
in the direction that parents rate more activities as problematic than their children do
(Gates et al., 2010; Missiuna et al., 2006; Ylimainen et al., 2010), though sometimes
children rate more problems than do their parents (Dunn et al., 2009; Majnemer et al.,
2008 b; Sheffler et al., 2009). Sheffler et al. (2009), however, mention that the
differences found in their study were small, and perhaps not clinically significant. In a
2008 review, Upton et al. (2008) found that 90% of the reviewed studies (n = 19) found
differences between children’s and their parents’ ratings, though only small ones; only
two of the included studies identified significant differences, and these were in opposite
directions.

Given that children’s ratings and proxy ratings may differ, even if parents try to assume
the child’s perspective (Davis et al., 2007), the choice of respondent is more a question
of which perspective is desired than of which respondent will give the most appropriate
answers. Children’s right to be heard has been advocated in the last decade; as the ones
directly perceiving the problems in the present case, their perspective is unquestionably
important to acknowledge, in line with the increased patient-centeredness of current
healthcare. Family-centeredness — also a perspective that influences rehabilitation
services — acknowledges that the child is part of a family in which the parents take
responsibility and have the right to make decisions for the child. Thus, both
perspectives may be important. Upton et al. (2008) emphasize that it is the parent’s
perception of their child’s quality of life that is the principal determinant of health care
service use. Sheffler et al. (2009) and Varni et al. (2002) recommend that both
perspectives be measured.

To assure validity, measurements used for outcome evaluations should be made by the
same person. Clinically, however, a questionnaire can also be used for goal setting:
discussion between parents and child, and doing the ratings together, could be
beneficial, giving parents new insight into how the child is thinking about the issues.
On the other hand, separate ratings made by parents and child could also constitute a
valuable basis for treatment planning discussions. That supports the current form of
CHEQ), though a version for smaller children may be a useful complement.
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6.5 METHODOLOGICAL CONSIDERATIONS

The qualitative studies (I and I1) used a comparative analysis approach influenced by
grounded theory. One way the approach of these studies differed from that of constant
comparative analysis, commonly used in grounded theory (Strauss o Corbin 1998), was
that the number of participants was set at the beginning of the study. In constant
comparative analysis, data analysis is performed simultaneously with data collection,
which ends when saturation is achieved, that is, when new material adds no new
information to the analysis. According to Strauss and Corbin (1998), the risk of limited
data collection is “that the theory might not be fully developed in terms of density and
variation” (p. 292). It might thus be the case that more categories would have been
discovered if the number of participants and the amount of data gathered had followed
the principle of saturation. The influence of the number of participants is also a
consideration with reference to study V. Ten participants is a small number for a
quantitative study, and significant differences might have been evident in more
variables before and five years after treatment had the sample been larger. However,
given the poor knowledge of long-term prognoses after UES, even limited data must be
considered valuable. In addition, the quantitative data, in combination with the findings
of study IV, add to the value of the overall results.

In study 111, Rasch analysis was used to support the item selection and to assess
evidence of validity. Several choices made in the Rasch analysis can be discussed, for
example, the choice not to exclude participants displaying misfit. In study 111, 6-10% of
participants displayed misfit to each scale, exceeding the 5% expected by chance
(Smith, 1991). Misfit may have arisen because the questionnaire was incorrectly used.
However, inspection of the ratings revealed no pattern suggesting that this would be the
case. The participants also displayed variation as regards diagnoses, age, gender,
respondent (child versus parent), and ability according to the scale in question. Thus, it
was reasoned that this was a natural, unexpected variation in the target group and not a
reason for excluding the participants from the analysis. This choice influenced the
analysis, since it was seen that excluding these people would yield more
unidimensionality as well as a higher reliability coefficient and separation value.

In study IV, data were collected using two versions of the CHEQ, a paper version and a
computer version. Although it is more convenient and less time consuming to use a
computer version, this was not expected to have influenced the results. However, even
though the analysis was based on a four-category scale in both cases, the original
ratings in the paper versions were derived from a 10-category scale that was collapsed
in the analysis. According to Bond and Fox (2007), analysis of a collapsed scale will
mostly improve the representation and interpretation of the measure. What is not
known, however, is whether the respondents would have chosen the same categories if
the scale were shorter. The 14 respondents who used the computer version, however,
did not stand out in the analysis, suggesting that that version of the questionnaire did
not significantly direct the responses. A limitation of study IV is that the stability of
CHEQ has not been established; when this has been done, the findings of study IV can
be strengthened. In addition, it is not known how CHEQ ratings differ between parents
and children; information on this matter would support the strategy of using both kinds
of respondents in the data collection. A further limitation in study IV might concern the
generalisability of the findings. A representative sample is needed in order to make
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estimations about the population under study. In study IV however a convenience
sample was used. Thus the conclusions in study IV may be sample dependent.
However, this is a clinical sample and therefore represent the group the occupational
therapists meet in their every day praxis.

6.6 ETHICAL CONSIDERATIONS

The present research generated ethical considerations and dilemmas that needed
attention. First, all studies in this thesis were approved by the ethics committee of
Karolinska Institutet, Stockholm. All participants received verbal and written
information describing the studies and gave informed consent to participate. The
information stated that participation was voluntary and that participants could choose to
withdraw at any time without further explanation.

Ten of the participants took part in interviews about five years after UES treatment. It
may be the case that people who have had the opportunity to undergo treatment feel
obliged to describe positive results, and do not feel free to criticize. Study Il dealt with
this possibility by using an interviewer who was not working at the same hospital
where the patients had been treated. However, the setting was still a hospital and the
interviews took place on the same occasion as they met with the occupational therapist
who had been involved in the treatment, since the objective measurements were to be
made by the same person as had made them previously. That negative considerations
were raised in the interviews, however, confirms that the participants felt at least
somewhat free to criticize.

A dilemma in the data collection was that the participants were 12—-24 years old at the
time of data collection. This is a time in life when adolescents become independent and
their interaction with parents might become problematic; on the other hand, it may also
be a time when support is needed in delicate situations. Thus, it was difficult to know
whether or not it would be best for the adolescent to be accompanied by a parent. Given
the present research interest, it would be useful to have parents as informants as well, as
the time of intervention had been approximately five years earlier, when the youngest
participants were 7 years old. It is probable then that a parent could add information
that would otherwise be lost. When inviting the participants, following the surgeon’s
list, nothing was known about the families. Therefore the choice was made to let the
families decide whether the child would be interviewed alone; when the child was
accompanied by a parent, the parent was invited to take part in the interview. This was
the case in five interviews in which the children were 12-19 years old. It was
sometimes observed that the child seemed uneasy with the parent present, which could
have been considered grounds for recommending that the interview be conducted with
the child alone. However, having the parent accompany the child during the interview
permits sharing of experience and gaining support if the interview gives rise to thoughts
and worries. Material from the ten individual interviews was used in two studies, with
two different analytical aims. Reusing the data in this way reduced need for data
collection, which, from an ethical perspective, also reduced the burden on participants.

33



The four additional interviews were performed as group interviews. Ethical matters
were considered beforehand, for example, whether participants would feel free to
express anything that was on their minds or whether they would feel constrained by the
fear that other participants would spread personal information. Another consideration
was whether all participants would have the opportunity to express themselves, or
whether the conversation would be dominated by a few participants. This proved not to
be the case during the group interview, in which there was a feeling of joy at sharing
experiences and listening to others. For several participants, it was the first time they
had met someone else who shared their problems in everyday life, which was a positive
experience.

One ethical consideration is to strive to reduce the effort involved in participation in the
research. In study Ill, data was collected using a paper-based version of the CHEQ
questionnaire. In study IV, an Internet version of CHEQ was available, which
facilitated the completion of the questionnaire.
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7/ CONCLUSION AND CLINICAL IMPLICATIONS

In conclusion, this thesis has demonstrated that children and adolescents with unilateral
CP experience problems in performing bimanual activities; the choice of how to
perform the activity and of how to use the hand was often a dilemma where
consideration was given to aspects in the activity, in oneself and in the environment.
Compared with children with OBPP and ULRD, they experience more problems and
perform fewer bimanual activities independently. To find out about such problems, it is
necessary to consider what group is used for comparisons, to focus on bimanual
activities, to consider how the interplay between activity, person, and environment
affects the performance, and to consider both the subjective view of child and family as
well as qualitative performance characteristics. Improvements in wrist extension,
supination, and grip ability have been found to persist five years after UES treatment.
Adolescents treated with UES have experienced improvements in everyday life and
appearance. The described experiences were more related to changes in activity
performance in everyday life, while objectively measured aspects were not described
much. The CHEQ questionnaire has been shown to include activities that are frequently
performed independently and with two hands by children aged 6-18 years diagnosed
with ULRD, OBPP, or unilateral CP. CHEQ also displays good signs of validity in
terms of test content and internal structure.

This thesis acknowledges certain issues that are important in clinical practice. One such
issue is how intervention can be adapted to the needs of children with unilateral CP. It
was found in study | that these children often wanted to hide their problems, which
could lead to avoiding certain activities or performing activities in a way that was not
satisfying to the individual. It may therefore be necessary to ask specifically and
concretely about performance of bimanual activities, to help the individual describe any
experienced problems. CHEQ may be a useful instrument in targeting such problems,
constituting a good basis for treatment planning. Study | also demonstrated that the
teenage years were difficult for children with unilateral CP, and how support is
provided during this period of life merits careful consideration. Some participants
found it difficult to find alternative strategies for the performance of certain tasks; one
should therefore be aware that concrete guidance may be useful to some individuals.
Children with unilateral CP constitute a heterogeneous group, so it is important to be
aware that their individual support needs may differ.

Another group of findings that is important for clinical practice concerns UES. The
present findings indicate that improvements in hand function achieved nine months
after surgery largely persisted after five years. This supports the view of UES as a
treatment with long-lasting effects. On the individual level, however, some aspects of
performance declined over time, so it may be important to follow up results to detect
the need for complementary surgery. An important finding was that some participants
found some of the surgical scars to be disfiguring. This is a question of surgical
techniques and as such was not the focus of this thesis; however, it was found that the
desire to hide the scar and the affected hand might lead to decreased use of the hand,
influencing activity performance. This indicates a need to follow up the outcome of
UES with regard to scars. Finally, the need to acknowledge both performance in
everyday life and the subjective views of the child and family should be considered in
relation to UES.
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8 FUTURE RESEARCH

This thesis has drawn attention to research areas that merit further study. Objective and
subjective changes in relation to UES were described here; however, it was difficult to
make comparisons with the normal development of hand function, hand use, and
activity performance in unilateral CP, since this has rarely been described for the
studied age group. This thesis has also highlighted the need for stronger evidence
supporting treatment with UES; earlier reviews have stated that good results have been
described, but few reviewed studies are based on reliable methods (Boyd et al., 2001;
van Munster, et al., 2007).

The CHEQ questionnaire has displayed good signs of validity, but stability has not yet
been described, so test-retest validity needs to be studied. Furthermore, the number of
activities performed independently was shown to increase with age (captured by the
variable Doing by oneself). Knowledge of how this variable changes with age in
typically developing children would increase our understanding of how development in
unilateral CP differs from typical development, helping us interpret the findings of
CHEQ.
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