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Pervasive Refusal Syndrome Follow-up
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The term Pervasive Refusal Syndrome was first mentioned in a paper detailing a sample study of four children by Bryan Lask and colleagues in 1991. This article presents a sample of four children diagnosed with Pervasive Refusal Syndrome, three girls and a boy, seen within a specialist NHS inpatient unit in the North East of England, and describes the main features presented. The main focus of the article will be on long term prognosis and outcome in relation to day to day functioning and activities. Each of the cases has been followed up once at an interval of between 3 and 16 years after discharge, and the outcomes are presented here. Results suggest that two of the young people with PRS made a complete recovery in the long term, that one was impaired by anorexia nervosa at follow-up, and the remaining young person was reluctant to be interviewed, so it is unclear how well she has maintained her initial discharge recovery.

INTRODUCTION

Pervasive Refusal Syndrome (PRS) was first described by Bryan Lask and colleagues in 1991 [START_REF] Lask | Children with pervasive refusal[END_REF], as a rare condition affecting young people. The patients displayed a wilful refusal to eat, drink, talk, and in some cases even move. [START_REF] Thompson | The pervasive refusal syndrome: The RAHC experience[END_REF] [START_REF] Thompson | The pervasive refusal syndrome: The RAHC experience[END_REF] have proposed specific diagnostic criteria (Table 1).

Examination of the literature suggests potential overlap between PRS and other psychiatric conditions. The most common differential diagnoses, identified by Jaspers and colleagues in their review, were Depression (54%), Somatoform disorder (42%), Anxiety disorder (29%), and Eating disorder (17%). However none of these diagnoses account for the full range of PRS symptoms, particularly the active resistance to help which is a distinguishing feature [START_REF] Jaspers | Pervasive refusal syndrome as part of the refusalwithdrawal-regression spectrum: critical review of the literature illustrated by a case report[END_REF].

A literature review by [START_REF] Jaspers | Pervasive refusal syndrome as part of the refusalwithdrawal-regression spectrum: critical review of the literature illustrated by a case report[END_REF] [START_REF] Jaspers | Pervasive refusal syndrome as part of the refusalwithdrawal-regression spectrum: critical review of the literature illustrated by a case report[END_REF] identified only 15 relevant articles, indicating little has been written about PRS. Similarly our literature search yielded 17 relevant articles published between 1991 and 2010. However both reviews included cases of Depressive Devitalisation. This is thought to be a distinct refusal disorder that relates specifically to asylum seeking children (see Von Folsach, and Montgomery, 2006) [START_REF] Lyngå Von Folsach | Pervasive Refusal Syndrome among Asylum-seeking Children[END_REF]. [START_REF] Jaspers | Pervasive refusal syndrome as part of the refusalwithdrawal-regression spectrum: critical review of the literature illustrated by a case report[END_REF] suggests that PRS most often affects girls, between 7-15 years, mean age 10.5 years, although our review identified a 4 year old male with possible PRS [START_REF] Taylor | The youngest case of pervasive refusal syndrome?[END_REF].

The main objective for this paper is to assess prognosis and outcome for a group of patients diagnosed with PRS who have been treated within a specialist inpatient unit. This follow-up data will provide valuable information, as the extreme rarity of PRS suggests that only a few cases will be treated each year. There are no published long term follow-up studies, and only a few studies have examined immediate outcome [START_REF] Jaspers | Pervasive refusal syndrome as part of the refusalwithdrawal-regression spectrum: critical review of the literature illustrated by a case report[END_REF].

METHOD

Settings and Participants

All young people in the review were previously seen within a specialist NHS inpatient unit between 1989 and 2004. All young people identified were confirmed as meeting diagnostic criteria for PRS during their admission by a Consultant Child and Adolescent Psychiatrist, who confirmed the lack of any other explanatory psychiatric diagnosis, following physical investigations by paediatricians, to rule out possible organic causes.

Procedure

The project was supported by NHS Trust Chief Executive, following which consent to contact each young person was obtained.

Study participants were selected for follow-up based on a case note review. Background information was collated onto a pro-forma to confirm diagnostic criteria, as suggested by [START_REF] Thompson | The pervasive refusal syndrome: The RAHC experience[END_REF] [START_REF] Thompson | The pervasive refusal syndrome: The RAHC experience[END_REF] (Table 1). All confirmed cases were then coded on the basis of their symptomatology, and aetiological factors as suggested by the literature (Table 2).

"Table 1" "Table 2" The four confirmed cases were then contacted by post asking whether or not they were willing to participate in a follow-up telephone conversation. Following receipt of consent, interviews were conducted using a semi-structured questionnaire focusing on present functioning in the 

RESULTS

The current follow-up review identified one boy and three girls who were diagnosed as having PRS while attending the unit. They each had a psychiatric hospital admission of between 1 and 30 months (Table 3).

In terms of the current follow-up it appears that cases 1 and 2 have made consistent progress in their recovery, at 13 and 4 years later respectively. In terms of their functioning at follow-up both have made good progress academically, and are engaging in appropriate day to day activities with no concerns arising regarding their physical or mental health. On the other hand, Case 3 now fits a more typical anorectic picture. She currently relapses into episodes of anorexia with major concerns regarding her physical and mental health. In her case PRS occurred against a background of somatisation and suspected sexual abuse. Case 4 made considerable progress in socialisation, communication, weight gain and mobilisation following her initial discharge, but declined to participate in the follow-up. She stated that she "just wants to get on with her life" but said that we could contact the community nurse at her GP practice. Therefore only basic information was gathered.

In addition to their refusal behaviour in various domains a number of other overlapping presenting features were noted. At the time of presentation all four children were living with their biological parents. All were aged twelve and had one older sibling, and all but one had a family member with a serious psychiatric illness. Case 2 had a maternal aunt diagnosed with schizophrenia; Case 3 had grandparents who were both diagnosed with a depressive illness, and Case 4 had a father with history of a depressive illness. The mothers of two of the patients had an overprotective relationship with their children.

DISCUSSION

These results are comparable with the review undertaken by Jaspers et al (2009) [START_REF] Jaspers | Pervasive refusal syndrome as part of the refusalwithdrawal-regression spectrum: critical review of the literature illustrated by a case report[END_REF] which indicated that most children with PRS make a full recovery (67% of cases), although it was also reported that some make only a partial recovery (25% of cases), or are prone to relapse (4%), while other studies do not report any follow-up prognosis (4%). Thompson and Nunn suggest that most young people with PRS will require psychiatric hospital admission for more than a year [START_REF] Thompson | The pervasive refusal syndrome: The RAHC experience[END_REF]. Jaspers et al [START_REF] Jaspers | Pervasive refusal syndrome as part of the refusalwithdrawal-regression spectrum: critical review of the literature illustrated by a case report[END_REF] suggests the average duration of therapy is 12.8 months.

The average duration of our four cases was 15.25 months. However there is a reported case of complete recovery following inpatient treatment of only 2-8 weeks [START_REF] Thompson | The pervasive refusal syndrome: The RAHC experience[END_REF].

CONCLUSION

To our knowledge, this is the longest follow-up study of young people diagnosed with PRS. It is also one of the few studies to report a male case. The study is limited by the small number of cases identified, the retrospective nature of the review and the depth of information contained in the case notes. The results suggest that two of the three young people with PRS who participated in the interview made a complete recovery in the long term, and that the other was impaired by anorexia nervosa at follow-up.

Table 1: Diagnostic Criteria as suggested by Thomson and Nunn (1997).

Presentation with clear food refusal and weight loss Social withdrawal and school refusal Partial or complete refusal in two or more of the following domains Mobilizationfor example, reluctant to mobilize and will not mobilize unless assisted to do so, or has to be carried Speakingfor example is selectively mute or completely mute Attention to self care-for example refuses to wash or toilet without the assistance of another person.

Active and angry resistance to acts of help and encouragement

There is no organic condition that accounts for the severity or degree of the symptoms.

There is no other psychiatric condition which could better account for the symptoms. 

  following areas:  Eating and Weight.  School attendance and educational achievement.  Employment.  Socialising and Relationships.  Accommodation.  Life Style and Health Issues.

Table 2 : Background comparison of four cases with features of refusal.
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	Case 1	Case 2	Case 3	Case 4

Table 3 : Admission comparison of four cases with features of refusal.
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	Features				Case 1	Case 2	Case 3	Case 4
	Food refusal and weight loss	+	+	+	+
	Social withdrawal and school refusal	+	+	+	+
	Partial or complete refusal in two or	+	+	+	+
	more	domains:	mobilisation,				
	speaking, attention to self care				
	Active or angry resistance to help or	Not Known	+	+	+
	encouragement.						
	No organic cause			+	+	+	+
	No other psychiatric illness		+	+	+	+
	Approx	Length	of	Admission	12	1	18	30
	(Months)							
	Outcome on discharge.		+	Transferred	+	+
						to a unit		
						nearer		
						family		
						home		

Table 4 : Follow-up comparison of four cases with features of refusal.
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	Features	Case 1	Case 2	Case 3	Case 4
	Follow-up period in years	13 years	4 years	3 years	16 years
	following initial discharge				
	Restoration of eating and		+	-	Not Known
	healthy weight.	+			
	Participates in age	+	+	-	Not Known
	appropriate social				
	opportunities.				
	School attendance and	+	+	-	Not Known
	educational achievement				
	Recovery in mobilisation,	+	+	+	+
	speaking, attention to self				
	care				
	Age appropriate living	+	+	-	Not Known
	arrangements.				
	Active or angry resistance	-	-	+	Not Known
	to help or encouragement.				
	Other psychiatric illness	-	-	+	Not Known
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