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Implementation of the DISABKIDS instrument:

general discussion



chapter 8

Thus, QoL, and its measurement, can seem nebulous or unscientific compared with

traditional endpoints. However, the more elusive and subjective outcomes may, in the
end, be more important (C. Eiser and R. Morse, 2001).

DISABKIDS's past

The aim of the DISABKIDS project was to develop, test and implement a new European
health related quality of life (HRQoL) instrument for children and adolescents between
the age of 4-16 with a chronic medical condition, and their parents '. The DISABKIDS
instrument is the first paediatric measure that was developed cross-nationally in Europe,
applied a patient-derived method and includes a chronic generic module and seven
condition-specific modules.

The DISABKIDS project consisted of predefined work packages (WP) (Chapter 1). The
literature review (WP 1) in Medline (1985-2000) identified 8233 abstracts concerning
HRQoL assessment in children and adolescents with a chronic medical condition.

Several HRQoL questionnaires were reviewed, and published HRQoL domains were
considered for the DISABKIDS domain structure. A total of 154 children and adolescents
participated in the focus groups or interviews, 142 family members and 26 health care
professionals participated in either focus groups or interviews (WP 2). A total of 3515
statements were collected from the focus group transcripts. The item development steps
led to a chronic generic module with 100 items and seven condition-specific modules
with 26 to 44 items which made up the pilot study instrument (WP 3). The items were
translated through a forward —backward —forward translation in each country (WP 4). A
total of 360 children and adolescents with a chronic medical condition and 345 parents in
seven European countries participated in the pilot study (WP 5). The analysis of the pilot
study resulted in a field study instrument with 57 items in the chronic generic module and
between 14 and 19 in each condition-specific module (WP 6). A total of 1152 families
(including 405 children and adolescents with asthma), spread over 7 European countries,
participated in the field study (WP 7). After the analysis of the field study data the final
DISABKIDS instrument consisted of a 37-item chronic generic module with 6 domains
and seven 10 to 12-item condition-specific modules consisting of 2 domains (WP 8). The
implementation of the DISABKIDS instrument is still ongoing in several countries for the
paper-pencil and computer versions (WP 9).

This thesis aimed to describe and discuss some of the steps taken within the European
DISABKIDS project with a specific emphasis on the results obtained for asthma.

DISABKIDS at present

The two level modular DISABKIDS instrument is now available for children and
adolescents between the age of 8 and 16 years with asthma, juvenile idiopathic arthritis
(JIA), atopic dermatitis, cerebral palsy (CP), cystic fibrosis (CF), diabetes and epilepsy
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(Chapter 6). A short 6-item smiley module is available for the 4-7 year old children
with any chronic medical condition. The instrument has been psychometrically tested in
Austria, France, Germany, Greece, the Netherlands, Sweden and the United Kingdom,
and is available in each of these languages in a paper-pencil and computer version. The
instrument is simple to administer, the modules are relatively short and it takes about 15
minutes to complete.

Advantages

The DISABKIDS instrument has several advantages above other instruments (Box 1). The
main advantages are the modular build-up, the multiple language versions and the cross-
national validation.

* Two modules

* Several languages

* Applicable cross-nationally
* Several chronic conditions

¢ Short and easy to use

* Paper and computer version
* Wide age range

* Proxy version

Box 1. Advantages of the DISABKIDS instrument.

A unique combination is created when combining the generic module from the
KIDSCREEN project with the DISABKIDS chronic generic and condition-specific
modules (Chapter 1). The combination of the generic, chronic generic and condition-
specific modules allows for a comprehensive assessment of HRQoL. The generic mo-

dule assesses the HRQoL of any child or adolescent, with or without a chronic medical
condition while the chronic generic module focuses on issues related to living with a
chronic medical condition. The chronic generic module offers the possibility of comparing
the HRQoL score between different chronic medical conditions. By supplementing the
chronic generic module with a condition-specific module the clinician or investigator are
given additional information concerning a specific condition. It is suggested that collected
information from a condition-specific module relates more closely to the treatment regime
and is more responsive to clinically significant changes *°.

Before actual HRQoL assessment can take place a questionnaire has to meet certain
standards (Box 2). These criteria have been established to achieve a certain level of
international conformity and facilitate the chance of incorporation in future studies or
clinical use ¢. The DISABKIDS project aimed to meet the necessary requirements, yet
some aspects such as responsiveness and interpretation still need to be further assessed.
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* Sound theoretical basis and definition of HRQoL

* Multidimensional measurement

* Suitable for study question

* Domains are described and scored separately

* Adequate psychometrics (reliability and validity)

* Sensitive to changes over time (responsiveness)

* Norm group data available (for disease and age)

* Practical in use (administration and interpretability)
* Accepted by patients

* Appropriate to culture and lifestyle

Box 2. Recommended criteria for HRQoL measures 23611,

Limitations

Although the design and aim of the DISABKIDS instrument sounds promising there are
still several limitations and methodological issues that need to be addressed. A recurring
problem is the recruitment and inclusion of participants. Selection bias is a possibility

as the participants who were willing to contribute may not be representative for the
population. Recruitment may have been influenced by the attitude or interest towards
HRQoL, individual confidence, the willingness to do something for the paediatrician,
better coping mechanism or a higher experienced HRQoL '2. Non-responders might
have more severe asthma, may lack the energy to participate or have a different view on
illness and the effect it has on their lives. However, there are also several aspects that help
to strengthen the validity of the findings. Central is the fact that the respondents were
recruited from several European locations and the severity distribution of the asthma group
was similar to other reports '*. If a selection bias has occurred in the DISABKIDS project
the observed HRQoL would probably be higher with a narrower severity distribution,
compared to the population of interest. Thus, our results may underestimate the real
variation in HRQoL among the different severity states and underrate the discriminative
properties of the DISABKIDS instrument.

A further limitation was that the number of respondents in some chronic condition
groups, cerebral palsy and atopic dermatitis in particular, was relatively small in both

the pilot and the field studies. So even though the total number of participants over all
conditions and countries was acceptable, the results of the separate analyses of some
chronic conditions should be interpreted with caution. Although the cross-national focus
has been an explicit approach of the DISABKIDS project, lack of time and resources
stood in the way of testing each chronic condition in each DISABKIDS country. Only
the asthma specific module was tested adequately in all seven countries (Chapter 6 and 7).
However, a comparison of the asthma outcome between countries is still problematic, as
some countries have only tested around 30 or 40 children and adolescents. All modules
will need to be tested further in larger groups and across countries in future studies.
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Another critical note relates to the DISABKIDS project as a European consortium.
Within the European project, all countries worked individually on each work package.
Although care was taken to stress uniformity in the group (such as supplying a manual

for the focus groups, planning regular DISABKIDS meetings and describing every work
package in detail) each DISABKIDS member had a considerable amount of autonomy.
There was no opportunity to monitor how investigators in each country completed the
work packages and no way of checking aspects such as the method of recruitment or data
collection. Several factors could have played a role, including personal interpretations

and interests, hospital facilities, time constraints and earlier research experience. For
example, focus groups were used in the DISABKIDS project to take into account the child
and adolescent's own ideas and language (Chapter 3 and 4). The literal transcripts were
available in each national language and the investigator was responsible for the selection of
statements and the translation into English. As there was no official translation the quality
of the supplied English statement could not be guaranteed. The meaning of the original
statement may have been altered, which could influence the chance of being selected

as final instrument item. A possible solution would have been to use expert or panel
translators, supply training sessions or perform these tasks with an international group

to facilitate European conformity . We emphasise the importance of training, as the
quality of the collected data is very much tied to the skills of the investigator (Box 3).

The bottom-up (patient-derived) methodology that was applied in the DISABKIDS
project was another reason for debate. The collection of the HRQoL statements from

the focus groups and interviews were the basis of the DISABKIDS instrument and were
applied to secure that the child and adolescent's opinion was incorporated (Chapter 3 and
4). This patient-derived method was followed by the (top-down) investigator's judgement
for the selection of the final items (Chapter 5). This top-down procedure conflicted with
the aim of developing the DISABKIDS instrument through a bottom-up procedure
(child and adolescent input). With a patient-derived method one would prefer to have the
children and adolescents select the important items but the extensive statement pool (3515
statements) was thought to be too large for them ", To compensate for the top-down
procedure the child and adolescent's opinion was again included into the pilot test when
they were asked to approve the selected items and judge them on comprehension and
applicability in the cognitive interview 2%,

* Recruitment of the participants

* Moderating the focus groups

* Identifying the appropriate statements from the focus group transcripts
* Translation of the HRQoL statements and items

* Rewriting statements to items

* Data input

* Statistical analyses

Box 3. Situations in which specific guidelines, expert translators, training sessions or
international working groups would be advised.
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On the other hand, because most aspects identified in the DISABKIDS asthma focus
groups had been discussed in earlier publications (Chapter 4), one might question whether
it is still necessary to include the patient's opinion when developing a questionnaire.
Despite the extensive research of certain conditions (i.e. asthma) we still advocate to
include the patients' opinions. Information on some chronic conditions (i.e. cerebral

palsy or atopic dermatitis) is still limited and new results and different viewpoints may be
yielded through patient-derived methods. Furthermore, the main advantage of the focus
groups in the DISABKIDS project was the cross-national recurrence of issues and the
combination of patient, parent and clinician's data.

A further drawback in our method is that we cannot assume that all important issues
were included in the DISABKIDS instrument. Not all relevant topics may have been
discussed in the focus groups or some children may have found it difficult to talk about
certain topics. It is also possible that some topics were removed in the item selection phase
(Chapter 5). The cross-national developmental process disregarded some items that may
have been important in certain countries (for instance items concerning pets or riding a
bike to school). A possibility would have been to run focus groups till no new issues were
presented 224, This was not possible in the DISABKIDS project as each work package

was set in a certain time frame.

In short, there where a number of methodological issues and limitations during the
development of the DISABKIDS instrument. Even so, the initial psychometric results and
the first implementation experiences by clinicians and investigators are promising. Future
research will help to explore the implementation possibilities.

DISABKIDS's future

The DISABKIDS instrument can play an important part in the future of paediatric
HRQoL assessment. The two level modular build-up and the multiple language versions
of the DISABKIDS instrument makes it utilizable in several circumstances, including
population studies, clinical trials and individual assessment.

*  HRQoL evaluation: includes mainly the description of a population group or a

25313132 Tt can give the clinician a fair

comparison between patient groups
description of a group but is of little use for the care of the individual patient. The
availability of the different DISABKIDS language versions makes the instrument
suitable for group and cross-national comparisons.

*  HRQoL in clinical trials: is mainly used to compare the outcome of different
treatments within a group or to evaluate therapeutic effectiveness between groups
23334 While the use of HRQoL is increasingly being implemented in adult clinical
trials the inclusion of HRQoL in paediatric clinical trials is still limited *-%. In the
future the DISABKIDS instrument can be of use in (cross-)national clinical trials.
Results are of use to the clinician and the general patient group but have no role in

the individual evaluation and treatment of the patient.
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* HRQoL in clinical practice: is aimed at the care of the individual. Objective
measures of disease or clinical judgement in for instance asthma only weakly
correlate with how a patient feels and functions (Chapter 7) 2. HRQoL assessment
can therefore provide a broader picture of health and provide insight into the
impact of a chronic medical condition on the daily life of an individual child or
adolescent. Knowledge of the HRQoL status can improve medical guidance to the
children and their parents, identify those that need particular attention, screen for
psychosocial problems or monitor the patient's progress ©*. The children and
adolescent's HRQoL can be assessed with the help of a paper-pencil or computer-
assisted instrument. The use of the DISABKIDS instrument in clinical practice will
still need to be tested.

While the first psychometric results of the DISABKIDS instrument sound promising
and the design comes with several advantages it is still essential to further test the current
instrument in several situations to judge where improvements are necessary (Box 4).

For instance additional testing of the modules is necessary in each country and for each
module in sufficiently large groups. The chronic generic module can also be tested for
applicability in other chronic medical conditions, for example haemophilia, heart disease
or obesity. There is also need for more evidence that the instrument can function as an
individual screening tool, which includes higher levels of reliability (Cronbach's alpha >
0.9)%%.

* Psychometric properties in each country with sufficiently large groups

* Psychometric properties for each chronic condition in larger groups

» Comparisons to existing condition-specific HRQoL questionnaires

* Comparisons to clinical outcome and physiologic assessment of disease severity
* Sensitivity and the responsiveness to change in individual patients

* Longitudinal data to assess long-term changes in measured HRQoL

* Use in comparing interventions, treatment changes or different medications

* Relevance to clinical practice

* Appropriateness for cultural background of the patient

Box 4. Aspects that need to be studied further.

However, continuation of the DISABKIDS project is not uncomplicated and depends on
external factors as time and resources. Since the European funding of the DISABKIDS
project has ended there is a danger of discontinuation. Nevertheless, we still aim to
interest investigators and clinicians in the continuation of testing and implementing

the DISABKIDS instrument. The current advantages of the DISABKIDS instrument,
especially the possibility of working with an international consortium, should give the
instrument a fair chance. The available DISABKIDS manual should also assist in the
proceedings to look for cross-national collaborations in the future to further validate and
implement the DISABKIDS instrument.
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HRQoL assessment in clinical practice; implementation philosophy

Since the management of chronic medical conditions revolves more around care than cure
and HRQoL has been recognised as important to the care of children and adolescents,

the number of paediatric HRQoL questionnaires has grown over the last decades .
There is however, still little evidence of their relevance in and influence on adult and
paediatric clinical practice and the current need is to discuss why HRQoL assessment is

not systematically implemented (Chapter 2)¥47!.,

Experienced barriers

One problem is that there are several definitions of quality of life (QoL). There is no gold
standard as to what it represents or how it can be measured as it includes subjective issues
and the concept depends on the applied perspective (social, economical, psychological)
27455233 A similar problem concerns HRQoL **. One can question whether we are able
to reliably assess a subjective concept as HRQoL. A person's perception of health and
expectations are related to the individual and can vary over time %. Further complicating
is that when HRQoL is assessed in children and adolescents there are even more practical
aspects to consider as cognitive development, changing perspectives, disease knowledge
and age related activities, all of which can influence HRQoL outcome *. There is no
straightforward way of solving these aspects.

Another issue that needs to be considered is that clinicians may feel that identified
problems lay outside the traditional area of medical care and may not see it as their task
to discuss HRQoL issues with their patients %740, Clinicians were found to focus on
symptoms and physical functioning but rarely on emotional or social problems (Chapter
4)4757¢ A dilemma is that if psychosocial problems are revealed and the clinician feels
incapable of interfering with these problems, they may be reluctant to adopt HRQoL
measures. This is one of the reasons why the clinicians' perspective also needs to be taken
into account during the development of a HRQoL questionnaire for clinical use (Chapter
2). The clinician may contribute by suggesting which aspects to measure so that the
questionnaire relates to issues he feels he can intervene in. Strategies can also be discus-
sed on how a questionnaire is best implemented and experienced barriers can be avoided.
The possibility of giving HRQoL feedback to other health care professionals such as
(specialised) nurses or psychologists also need to be considered “°.

Although some patients do not feel comfortable about discussing certain issues with their
clinicians, the majority of patients want their clinicians to assess HRQoL aspects and feel
this is useful to clinical practice #4#757¢1:62. Communication is seen as a crucial element in

the quality of health care and can positively influence patient health outcome .

In summary, there are still ample problems that need to be solved before HRQoL is

regularly assessed in clinical practice. Fortunately, there is evidence that clinicians are
interested in HRQoL outcome, especially when it concerns a chronic medical condition
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(Chapter 2 and 4)®°%¢_ It is now essential to identify and reduce experienced barriers
(Chapter 2) to encourage the implementation of HRQoL assessment in clinical practice on
a regular basis (Box 5).

* HRQoL not seen as a priority in clinical practice
* Unfamiliar with HRQoL questionnaires

* Insufficient training in and knowledge of HRQoL
* Unavailability of appropriate questionnaires

* Unsatisfactory psychometric properties

* No proof of clinical relevance

* Insufficient feasibility (ease of collection and use)
* Costs of implementation

* Limited time and resources

* No intervention guidelines

Box 5. Main barriers for the use of HRQoL questionnaires in clinical practice 7-96%,

Requirements necessary before clinical implementation

A fundamental concern is whether a questionnaire, like the DISABKIDS instrument, can
and will be used for individual patient assessment. Current studies inform us more about
experienced barriers and lack of clinical impact than about required essentials for successful
and meaningful use of HRQoL assessment in daily clinical practice . Thus, if HRQoL
questionnaires are to be used routinely and become an important part of clinical practice
(especially paediatric health care) the given obstacles (Box 5) need to be dealt with and
HRQoL assessment needs to be promoted. Requirements to achieve acceptance of HRQoL
assessment include: informing clinicians about available questionnaires, proving clinical
relevance and providing guidelines for interpretation of HRQoL outcome scores (Box 6).
If the necessary requirements are achieved the HRQoL questionnaire is more likely to be
accepted by clinicians and to be included as outcome in the care for the patient.

Promotional needs:

* Information: increase familiarity with HRQoL and publish data in clinical journals
* Training: in implementation possibilities and interpretation of HRQoL outcome

* Health care professionals: stimulate a multidisciplinary approach in HRQoL assessment
Questionnaire factors:

* Content: includes items regarding important aspects for the patient

* Design: short, practical, computerised

* Psychometrics: reliable, valid, sensitive to change and availability of norm data

* Outcome: clinical relevance

Practical requirements:

* Implementation: easily available, quick to complete and administer

* Scoring: simple, provided promptly and in a useful format

* Interpretation: guidelines available for easy interpretation

* Intervention: strategies to translate outcome into specific interventions

Box 6. Requirements to promote HRQoL assessment in clinical practice *334347-50.53.70-72,
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Is there proof of clinical relevance?

The importance of HRQoL assessment in clinical practice is stressed as it is assumed to
provide meaningful clinical information. Various suggestions are provided of how HRQoL
assessment may be of benefit to individual patient care (Box 7) but clinical relevance is
not always clear-cut *#¢1627374_ Greenhalgh et al. (2005) have described the mechanisms
between HRQoL intervention and expected outcome in a model, demonstrating its
complexity ¥/. The challenge is to decide what outcome to measure as several processes
(communication, treatment response, recognition of problems) can be influenced before
the final outcome of improved HRQoL or patient satisfaction is realized 7.

* Identifying and prioritising problems

* Assess treatment efficiency

* Monitoring disease progression

* Assisting in informed treatment changes

* Facilitating clinician-patient communication
* Improving patient satisfaction

* Allocating health care resources

Box 7. Suggested use of HRQoL measures in clinical practice 421617275,

A number of studies have reported on the impact of HRQoL feedback to clinicians.
In general there is limited proof of influence on medical decisions (referring to others,
treatment changes, clinical tests), patient satisfaction or HRQoL outcome #¢1637375,
Feedback of HRQoL assessment to clinicians does affect the extent in which HRQoL
issues are discussed in a consultation, improves identification of psychological and social
problems and increases the clinicians' awareness of the patient's HRQoL #¢1:637375.76,
Only a few studies demonstrated that this increased recognition of HRQoL problems is
subsequently associated with clinical intervention (follow-up appointments, counselling
or referral) #°*7¢. Clinicians may not consider HRQoL issues to be important enough

to adapt their treatment or referrals to it. The facilitated communication, resulting from
the HRQoL feedback, may be sufficient for clinicians #-**¢2. Disappointingly there are
currently no implementation studies available that describe individual HRQoL assessment
in paediatric care.

What do we gain through HRQoL assessment?

There is a growing awareness that the clinician, parent and child or adolescent differ in
their perception of HRQoL, disease severity and treatment expectations (Chapter 4 and
7) 7781, These differences, together with insufficient clinician-patient communication can
lead to misunderstandings and dissatisfied patients ©. If HRQoL assessment can improve
the clinician-patient communication and patient health outcome, this may well be a
sufficient reason to implement HRQoL measures **%. Although this has not been proven
in paediatric care, common sense tells us that improved communication can facilitate the
recognition and acknowledgment of problems and can enable clinicians to improve the
quality of care of the child and adolescent.
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Implementation in asthma care

The asthma focus groups and interviews illustrated that there is a considerable impact on
the life of a child and adolescent with asthma (Chapter 4). Physical limitations, which
were often linked to social issues, were a dominant theme and non-compliance seemed to
be linked to insufficient knowledge or denial. Clinicians found it hard to recognise these
important issues in the life of a child or adolescent with asthma and felt that awareness

of and familiarity with these problems might assist them in improving the care for their
patients (Chapter 2 and 4). If children or adolescents feel misunderstood by their clinician,
or for that matter their parents, this can negatively influence their clinician-patient
relationship and may even affect their adherence to treatment.

The DISABKIDS instrument can evaluate a patient's HRQoL and help the clinician to
focus on areas of particular importance to the child and adolescent. A future prospective
could be to ask patients to complete the DISABKIDS instrument before consultation,
preferably on a computer. The computerised instrument can be easily administered, save
time and supply the clinician with immediate feedback of the patient's HRQoL status
27382835 1f the DISABKIDS computer version is implemented this can give an instant
readout of the 0-100 score on each domain and compare this to a previous assessment or
to the population norm data. The 37-item chronic generic module can provide general
data on the impact of living with asthma. The 11-item asthma specific module can supply
the clinician with asthma-related issues by concentrating on specific limitations and fears
related to asthma. Any conspicuous scores can then be discussed with the patient. For
instance if a low score on the medication domain is discussed with the child this could
make clear that the child is rebelling against the medication because he or she doesn't feel
it is doing any good. Clinical parameters or regular consultations may not have identified
this problem. Problematic issues can be discussed, problems can be dealt with or explained
and if necessary the child or adolescent can be referred to the appropriate health care
professional (social worker, psychologist).

Conclusion

While HRQoL may seem ill defined and its assessment unscientific, to the patient this
subjective outcome may be more important than biomedical endpoints ©. Although the
inadequate proof of clinical relevance may currently be the main reason for the limited use
of HRQoL assessment in clinical practice, the expectation is that in the future a growing
number of clinicians will incorporate routine HRQoL assessment >72 In the mean time
considerable work needs to be done to prove the benefit of HRQoL assessment in clinical
practice and to overcome experienced barriers.

The European DISABKIDS project has come a long way in the development of a new
cross-national HRQoL instrument for children and adolescents with a chronic me-
dical condition. The DISABKIDS instrument can play an important role in future
paediatric HRQoL assessment. The modular build up and cross-national development
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also offers advantages for assessment on a national and international level in HRQoL
evaluation studies and clinical studies. However, further evaluation of the DISABKIDS
instrument is needed to test its performance as individual measure in clinical practice
and prove its relevance to clinicians. This refinement can only be achieved through future
implementation, as understanding how current measures perform in practice facilitates
improvements *.

We may need to restrain our expectations of the impact of HRQoL assessment on clinical
practice. As there is currently insufficient evidence that HRQoL assessment changes the
treatment and referral plans of the clinician we might need to accept that an improved
clinician-patient communication is sufficient reason to implement HRQoL questionnaires
4763 Improved communication can be an important component of the overall HRQoL
assessment of a patient. Clinicians can benefit from the information presented to them
and use it to facilitate communication and discuss problematic areas. Yet, one does need
to keep in mind that HRQoL assessment will never address all issues that are important to
the patient and that it can only supplement current clinical measures or communication
and does not substitute them.
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