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PartPart IV Quality of Life: Different Perspectives 

Abstract t 

Objectives Objectives 

Thee aim of this study was to investigate the degree of agreement between parents and their 

offspringg with IBD for the presence of symptoms and the assessment of health related quality 

off  lif e (HRQoL). Factors influencing parent-child agreement were studied. 

Methods Methods 

Eighty-threee children and 81 parents separately filled out a five-item symptom card and a 

validatedd generic HRQoL instrument, which assesses seven domains of HRQoL, using the 

childd and parent form. The parent also filled out the GHQ-30, an instrument assessing 

nonpsychoticc psychiatric disorder in the parent, and an item on marital status. Intra-class 

correlationn coefficients and paired student t-test were used to assess the level of agreement 

betweenn raters. 

Results Results 

Onn one domain parents reported their children to have a worse quality of lif e than did the 

childrenn themselves (social functioning). The parents were adequate raters of objective 

componentss of their child's HRQoL, (overall correlation coefficient: 0.88). However, on more 

subjectivee components, the coefficient dropped to 0.62. In 82% of the cases did parents 

correctlyy classify their child into the disease activity category the child classified him- or 

herself. . 

Confusion Confusion 

Inn conclusion, agreement between parents and offspring is good for the child's symptoms, but 

forr HRQoL assessment only when it concerns objective states. 
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ChapterChapter 4.2 Parents as Raters 

Introduction n 
Whenn evaluating health and the perception of health of patients, it may sometimes prove 

helpfull  to ask significant others or caregivers besides the patients themselves. More 
importantly,, in very ill and verbally or cognitively impaired patients, the use of proxy 
informantss is the only way to obtain information about perception of patient well being. 
Generally,, proxies are believed to be far from optimal raters of the physical and psychosocial 
illnesss experience of patients.1 However, when proxies are the only possible source of 
information,, they have been said to be adequate reporters of patient's quality of life (QoL). 

Inn adult studies, the level of agreement between patients and their proxies has been 
concludedd fair to good when it concerns objective states, but when it comes to more 
subjectivee parameters like emotional and social well being, health perception, and QoL, large 
discrepanciess have been reported.3 Both over- and under-reporting of patient well being by 
proxiess has been found, but in general, significant others tend to underestimate patients' QoL. 
Inn acute pain and the presence of negative emotions, proxies often under-report, whereas in 
physicall  functioning, they often over-report, suggesting more QoL impairment than perceived 
byy patients themselves.4,5 Another factor that can influence the amount of agreement between 
patientss and proxies is the overall level of functioning: discrepancies are thought to increase 
withh decreasing levels of functioning of patients. 

AA recent review on QoL measures in children concluded that there are few studies aimed 
specificallyy at assessing parent-child concordance in QoL assessment. This review yielded 
onlyy limited support for the conclusions in studies with proxies in adults: that the more 
objectivee areas of health would show high parent-child agreement, and the subjective areas 
wouldd show low agreement. There were in fact three studies describing contradictory 
findings.8""11 This exemplifies the unique characteristics of parents as proxy raters for their 
childrenn compared with proxies in adults. 

Inflammatoryy bowel disease (IBD) can have a profound effect upon children's QoL 
becausee of its chronic incurable character with an intermittent course, its socially debilitating 
symptomss and invasive diagnostic tests. [For brevity, we will use the term "children" to refer 
too all patients under 18 years of age.] Furthermore, it requires lifelong medication, and the 
childd may feel its future perspectives have changed. Considerable impairment of children's 
health-relatedd quality of life (HRQoL) compared with that of healthy peers has been recently 
discovered.""  Understanding differences between parents and children as raters is important, 
bothh for clinical practice as well as for interpreting results from research projects. Since there 
iss still much controversy around parent-child agreement in assessing a child's health status 
andd QoL, we wanted to evaluate parent-child concordance on assessing HRQoL and symptom 
severityy in children with IBD. Furthermore we wanted to test whether agreement of reporters 
reliess upon disease activity, the child's gender, parental mental well being, and marital status. 
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Materialss and Methods 

Patients s 

Thee data in this article are part of a larger study assessing the HRQoL of children and 
adolescentss with IBD. Our sample consisted of 83 children (ages 8-18, median age 14.8) and 
811 parents (ages 28 - 56 years, median age 43), resulting in 81 parent-child pairs. In the child 
group,, 45 were boys (54%); 41 suffered from Crohn's disease, 40 from ulcerative colitis, and 
22 from indeterminate colitis. Disease activity was inactive or mild in 52, moderate in 17 and 
severee in 8 children; 4 children did not complete the symptom card. The distribution of 
diseasee type and disease severity across boys and girls is depicted in Table 1. Of parents who 
completedd the questionnaires, 85% were mothers, 11% were fathers and one rater was a 
femalee caretaker; two parents did not fil l out their gender. 

Throughoutt the analyses, varying numbers will appear because missing data on the QoL 
instrumentt are imputed according to the manual (when more than three items per scale were 
missing,, the scale was considered missing; when less than three items were missing, the 
missingg items were imputed with the best possible health state),12 but not in the assessment of 
symptomss and on the general health questionnaire (GHQ) (two parents did not complete all 
itemss on the GHQ). 

Tablee 1. 
Samplee characteristics. 

IBDD type, n (%) 
Crohn'ss disease 
Ulcerativee colitis 
Indeterminatee colitis 

Diseasee activity, n (%) * 
Mil dd activity 
Moderatee activity 
Severee activity 

Boyss (n= 45) 

222 (49) 
211 (47) 
2(4) ) 

Boyss (n= 44) 

322 (73) 
8(18) ) 
4(9) ) 

Girlss (n= 36) 

18(50) ) 
18(50) ) 

0 0 
Girlss (n= 33) 

20(61) ) 
9(27) ) 
4(12) ) 

**  Disease activity was missing for four children. 

Measures s 

TACQOL TACQOL 

Thee TNO (an acronym for a company performing Applied Biophysical Scientific 
Research)) developed in collaboration with the AZL (Academic Hospital of Leiden) a 
Children'ss Quality of Life Questionnaire (TACQoL), a generic HRQoL instrument that 
assessess impairment in health status and the emotional response of the patient to this 
impairment.. It includes seven domains (physical complaints, motor functioning, autonomy, 
cognitivee functioning, social functioning and positive and negative emotions) with eight items 
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each.. Scores can range from 0 to 32 on the first five domains, and from 0 to 16 on the two 
emotionall  domains. Higher scores indicate better QoL. This is in contrast with most disease 
activityy indices, where a higher score indicates more severe disease. The TACQoL has a child 
selff  report form and a parent form, with some minor phrasing differences between them. 
Normativee data of the TACQoL were presented in two age strata: a young group, consisting 
off  children ages 8-11, and an older age group, consisting of adolescents ages 12 and older. 

DiseaseDisease activity 

Diseasee activity was measured asking children and parents to fil l out a symptom card, 
assessingg five symptoms over the past week. They were asked to rate the severity of 
stomachachess (four answering levels), presence and amount of diarrhoea (four levels), 
presencee of bloody stools (four levels), presence of fever (yes or no) and presence of weight 
losss (three levels). Total scores could range from 5 to 17 and, based on prior consensus, 
childrenn were rated as having inactive or mild disease activity if scores ranged from 5 to 7, 
moderatee activity with scores between 8 and 10 and severe activity if scores exceeded 11 
points,, according to earlier described procedures.13 

GeneralGeneral health questionnaire 

Thee General Health Questionnaire-30 (GHQ-30) is a widely used generic instrument for 
screeningg nonpsychotic psychiatric disorders in adults. It has been largely validated in 29 
studies.144 It uses an answering format that asks respondents to rate their mental well being 
duringg the last couple of weeks compared with how they feel usually. Answering options are: 
muchh more than usual or more than usual (one point) same as usual or less than usual (both 
zeroo points). A score of five points has been suggested as threshold for a depressive disorder. 
Dutchh normative data are available.15 

Procedures s 

AA package containing the questionnaires for child and parent was sent out addressed to the 
child.. It included a separate letter for the child and his parent. In the letter, a statement of 
completee anonymity of the data to the treating physician was included. Moreover, the letter 
explicitlyy asked the child and his parent to complete the instruments separately. A prestamped 
envelopee was included for return of the questionnaires by mail. 

Dataa analysis 

Wee decided to analyse the TACQoL per scale, but we also summarised the seven TACQoL 
scaless into two sections: one scale covering the objective areas of QoL (physical complaints, 
motorr functioning and autonomy scale), and one covering the subjective areas (cognitive and 
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sociall  functioning, positive and negative emotions). Although these summary scales have not 
beenn validated, we use them to enhance interpretation of potential scale differences. 

Wee compared mean domain scores between child and parental reports, using a paired 
studentt t-test. Both raters were asked to rate the same feature, which was the child's HRQoL, 
andd therefore scores were not independent, as they required a paired test. To analyse the 
degreee of concordance between child and parent report, intra-class correlation coefficients 
(ICC)) were calculated. Generally, the ICC corrects for any systematic difference between two 
ratings,, where the Pearson correlation coefficient only expresses whether two ratings go up or 
downn in a similar fashion. ICCs are therefore believed to be more reliable reflections of true 
concordancee between two ratings. A coefficient below 0.4 was considered poor to fair 
agreement,, between 0.4 and 0.6 was considered moderate, between 0.6 and 0.8 indicated good 
agreement,, and higher than 0.8 was considered excellent agreement.16 Since disease activity is 
stronglyy related to HRQoL, we performed stratified concordance analyses computing ICCs 
forr two strata of disease activity (inactive and mild versus moderate and severe activity). 
Stratifiedd analyses for other factors potentially influencing agreement between parent and 
childd reports were performed. 

GHQ-300 scores were dichotomised as described in the manual: scores < 5 represented non-
depression,, and scores > 5 indicated the presence of nonpsychotic psychiatric disorder in the 
parent.. Marital status was defined as either being married or living together, versus being 
divorcedd or living single. ICCs between parent and child ratings of HRQoL domains were 
calculatedd for boys and girls, married and single parents and psychiatric and non-psychiatric 
parents. . 

Agreementt between child and parent reports of the five symptoms reported on the 
symptomm card was analysed calculating Spearman rank order correlation coefficients and 
Kappaa statistic, which looks at the degree of agreement between the two raters, but corrects 
forr the amount of agreement that could have occurred just by chance. We then looked at the 
categorisationn of disease activity into three groups (mild, moderate, and severe disease 
activity)) with the child or the parent as rater, and compared these with Wilcoxon statistic for 
pairedd ordinal variables. 

Ethicall Considerations 

Thee study was approved by the Medical Ethical Committee of the Academic Medical 
Centre,, Amsterdam, The Netherlands. Both parents and children provided written informed 
consentt to participation before being sent the questionnaire package. All information was 
codedd anonymously to the treating physician. 
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Tablee 2. 
Parent-childd agreement on TACQoL domains. 
TACQoLL domain 

Bodyy complaints 
Motorr functioning 
Autonomy y 
Objectivee summary scale 
Cognitivee functioning 
Sociall  functioning 
Positivee emotions 
Negativee emotions 
Subjectivee summary scale 

Meann parent score 
(SD) ) 

23.99 (6.4) 
27.44 (6.5) 
29.33 (5.0) 
80.77 (16.7) 
28.22 (4.8) 
28.22 (4.2) 
13.11 (3.5) 
11.00 (3.3) 

80.88 (12.7) 

Meann child score 
(SD) ) 

23.33 (6.4) 
28.33 (5.8) 
30.11 (4.1) 
81.77 (14.8) 
28.88 (3.9) 
29.55 (3.2) 
12.88 (3.5) 
11.11 (3.1) 
82.44 (10.8) 

Pairedd T-test: 
pp value 

0.17 7 
0.04 4 
0.05 5 
0.32 2 
0.28 8 
0.003 3 
0.41 1 
0.75 5 
0.20 0 

ICC C 

0.82 2 
0.83 3 
0.73 3 
0.87 7 
0.51 1 
0.52 2 
0.62 2 
0.54 4 
0.61 1 

Tacqoll  domain scores range from 0-32 on the first five domains; scores on the positive and negative emotions 
domainss range from 0-16. Summary scales scores could range between 0 and 96. Higher scores indicate better 
HRQoL. . 
SD== standard deviation; ICC= intra-class correlation coefficient; TACQoL= TNO-AZL Children's Quality of 
Lif ee Questionnaire. 

Results s 

Parent-childd agreement for the whole sample is listed in Table 2. Only one domain 
revealedd a statistically significant difference between children and their parent (social 
functioning),, with children rating their HRQoL as higher than their parents. An example of an 
itemm from this domain is provided in Figure 1. 

Agreementt was excellent for two domains (body complaints, motor functioning), good for 
twoo domains (autonomy, positive emotions), and fair for the remaining three domains 
(cognitivee functioning, social functioning and negative emotions). Motor functioning had 
excellentt correlation coefficients, yet mean scores differed between parents and children. 
Apparently,, parents score consistently lower than children, but parent-child scores go up and 
downn in the same fashion, generating a slope with a high coefficient of 0.84, but this slope 
doess not cross the y= x axis, indicating the systematically higher scores of children (and lower 
scoress of parents). 

Thee influence of disease activity on agreement between parent and child raters is listed in 
Tablee 3. Because classification into disease activity categories did not significantly differ 
betweenn child and parent (see below), we chose to perform the analyses on the disease 
activityy classification by the child symptom card. There was no consistent pattern in parent-
childd concordance observed between the disease activity groups. Agreement between parents 
andd children about autonomy and social functioning was lower for children with more active 
disease;; agreement about negative emotions was higher for the former group. Overall, parent-
childd agreement was higher for girls than for boys, except for positive emotions, where boys 
agreedd more with their parent. Children from single/divorced parents agreed less with their 
parentss about their social functioning than children with their married parent; however they 
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agreedd more about negative emotions. Children from a depressed parent agreed little with 
theirr parent about their social functioning than children with a nondepressed parent. For the 
twoo summary scales, two slight differences were observed: girls agreed more with their parent 
aboutt objective scales than boys, and children from a nondepressed parent agreed more with 
thiss parent than children with a depressed parent. 

Tablee 4 shows agreement between the parent and the child about the child's symptoms. As 
expected,, Kappa statistics were lower than Spearman rank order coefficients on four out of 
thee five items, because it corrects for chance agreement. Agreement was moderate for 
diarrhoeaa and stomachaches, and good for the remaining items (rectal blood loss, fever and 
weightt loss). When we look at categorization based on summated symptom scores (Table 5), 
wee saw that in most children (60 out of 73, 82%) the parent and the child agreed on the 
classificationn of disease activity into mild, moderate, or severe disease activity, according to 
ourr predefined cut-off scores for classification. Wilcoxon statistic for paired ordinal variables 
determinedd that overall classification was not different between parent and child symptom 
ratingss (p= 0.62). 

Ourr parental sample included 9 fathers and 78 mothers. The small number of fathers 
prohibitedd further analyses by subgroup. However, if we wanted to combine them into one 
parentall  group, we had to be assured that the groups were somewhat comparable with respect 
too the variables under study. When performing multivariate regression analyses correcting for 
diseasee activity and child gender, parental gender did not appear to be associated with HRQoL 
scores.. Based on these analyses, we considered the groups comparable and found it justified 
too combine fathers and mothers in one group. Furthermore, when performing all analyses 
usingg only the mothers as parent, results did not change, except for the difference in mean 
scoree between mothers and children on the motor functioning domain, which then lost 
statisticall  significance (p= 0.036 became 0.125). 

Discussion n 

Thiss study is the first to describe the agreement between parents and their offspring with 
IBDD when reporting on the child's disease symptoms and HRQoL. Parents and children with 
IBDD show high agreement when reporting observable aspects of the child's HRQoL, where 
thee agreement is lower when it concerns more subjective aspects of HRQoL, such as social 
functioningg and emotions. This mirrors results from other studies on proxy reporters in adult 
andd some paediatric studies.5 The children reported to have a better HRQoL than their parents 
reported.. No factor consistently influenced the amount of agreement between parents and 
children. . 
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Tablee 4. 

Parent-childd agreement on the five-item symptom card. 

Symptomm Spearman rank order coefficient Kappa statistic 
Stomachh aches 0.74 0.48 
Diarrhoeaa 0.67 0.59 
Rectall  blood loss 0.74 0.61 
Feverr 0.67 0.67 
Weightt loss 079 0.64 

Acrosss studies, average correlation coefficients between self and proxy reports of around 

0.600 are found. We found higher agreement on observable features, and comparable 

agreementt on subjective HRQoL aspects. The fact that children reported fewer problems than 

theirr parents is important for clinical workers. Although this difference was statistically 

significantt for the social domain only, differences were small and could be viewed as clinica-

ll yy not significant. Clinical significance has been the subject of debate,17 but it was proposed 

too represent a mean difference of 0.5 points per item on a 7-point scale.18 For our domains this 

wouldd compare with a difference of 2.3 points. This was not present in any domain. 

AA number of studies have described child and parent reports in the assessment of anxiety, 

healthh status, and psychopathology. Although there seems to be somewhat of a pattern, 

completee agreement of these studies about the significance of factors influencing the degree 

off  parent-child concordance is lacking. Several factors have been identified: the child's 

gender,, with girls giving higher correspondence scores;19 the observability of the outcome, 

withh more observable parameters giving higher correspondence rates;20"21 and parental 

depressionn and marital status, with divorced or single parents yielding lower levels of 

concordancee between parents and their children.22"26 We could only confirm the statement that 

agreementt between raters is higher in the more observable areas of HRQoL, which is 

importantt for the interpretation of findings in paediatric studies using parents as proxies for 

thee ratings of subjective areas of health. 

Inn studies with the TACQoL on a large group of healthy school-age children, these 

childrenn on average reported lower HRQoL on physical complaints, motor functioning, 

autonomy,, cognitive functioning and positive emotions than their parents.8 When comparing 

self-reportss by children with various chronic conditions with those by their parent, the same 

differencess were observed except for autonomy and cognitive functioning, where parents and 

childrenn agreed.27 Our study largely conflicts with these findings: children with IBD on ave-

ragee reported fewer problems than did their parents. This feature deserves some discussion. 

Onee possible explanation for parents reporting more problems than children could be the 

differentt perspectives of raters: parents worry more about the child's social and motor 

functioningg from a developmental point of view, whereas the child only reports any overt 

currentt problems. This feature has been described in parents and children with cancer.28 
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Tablee 5. 
Crosss tabulation of disease activity assessment by child and parent-pairs. 

Childd assessment 
Parentt assessment Mil d Moderate Severe Total 
Mil dd 45 5 1 51 
ModerateModerate 5 10 1 16 
Severee 0 1 5 6 
Totall  50 16 7 73 
Completee agreement between child and parent categorization into disease activity groups are in boldface. 
Testingg for two paired ordinal variables with the paired Wilcoxon test revealed no significant differences in 
activityy assessments (p= 0.62). 

Anotherr explanation may be found in denial by children with this condition, where the 
parentss would more reliably reflect the true situation. This also has been described. In 
childrenn with cancer, as well as in our sample of children with IBD, the use of avoidant 
copingg styles related to disease have been observed.29'30(Loonen HJ et al., unpublished data) 
Theyy were explained to represent successful coping styles for dealing with the types of 
problemss that accompany these diseases, such as their unpredictable course. Avoidance or 
deniall  of functional problems, such as motor functioning and social problems might in fact be 
aa successful way of coping with IBD. Furthermore, IBD is an extremely socially debilitating 
diseasee and one may find it hard to believe that these children would not encounter any social 
difficulties.. The low reporting of problems by the children could therefore very well be 
explainedd by avoidance or denial, and the reports of parents might represent more of the truth 
byy theoretical reasoning. This feature has been described in children with juvenile arthritis. 

AA third explanation could be that children adapt to their situation and therefore rate their 
HRQoLL as higher than do their parents. This phenomenon is referred as response-shift. 
Responsee shift is related to constantly changing internal standards, a process that can occur at 
differentt times in children and their parents. This is a relatively new entity that considerably 
complicatess the analysis of longitudinal HRQoL assessments and comparisons between raters. 
However,, it has not yet been studied in children. 

Theree are some limitations to this study. The first drawback concerns the survey design, 
wheree we could not control the circumstances surrounding completion of questionnaires. 
Althoughh we specifically asked both child and parent to complete all instruments separate 
fromm each other, consultation between them could not always be avoided. This could result in 
ann overestimation of the agreement between parents and children. However, if indeed parents 
andd children completed instruments together, ICCs of approximately 0.50, as found for the 
cognitivee and social functioning domains, would be an odd finding. We consider this a 
suggestionn of good validity of our study design. The second drawback is that we could not 
performm stratified analyses for agreement between parents and children with age as a factor. 
Ourr sample only included 18 children under the age of 12, and we considered this group too 
smalll  upon which to perform reliable analyses. 
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Conclusion n 

Inn summary, we conclude that parents and children with IBD seem to agree largely on 

observablee aspects of the child's HRQoL; however, when it comes to more subjective 

parameters,, agreement between parents and children is lower. Furthermore, parents are 

adequatee raters of the amount of symptoms of their child. Children with IBD do not report 

theirr HRQoL to be as impaired as do their parents. Since both raters represent different but 

valuablee standpoints, this should not be viewed as under-reporting of one relative to over-

reportingg of the other. In clinical practice physicians should be aware of this viewpoint. The 

factt that denial of symptoms in paediatric IBD patients has been described should, however, 

bee taken into account, and we therefore feel both informants provide important information. 

Figuree 1. 

Examplee of an item from the social functioning domain of the TACQoL. 

Duringg the past weeks, I was at ease with other children. 

 Yes D Too little  Never 

Herebyy I felt 

DD (very) good  not so good D pretty bad D very bad 
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