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A B S T R A C T

Intussusception rarely occurs with transanal prolapse of intussusception (TAPI), this presentation
may be a sign of Waugh's syndrome (WS), an association between intestinal malrotation and in-
tussusception. The authors present the case of infant with an episode of TAPI, resolved with air
enema, who required later diagnostic tests that showed the presence of WS, for which surgery
was required after the resolution of the intussusception. At now we found only 72 cases reported
of WS and some of them clinically presented with TAPI. In our opinion, patients with this type of
presentation require a thorough radiological study of the intestine to rule out intestinal malrota-
tions.

1. Introduction
Intussusception is an acute condition in which part of the intestine enters the lumen of the adjacent segment [1]. It is the most

common cause of intestinal obstruction in childhood. It takes on different forms depending on the tract affected: the most common is
the ileo-colic one [2]. It typically presents with intestinal obstruction in the course of enteritis, vomiting, lethargy and blood in the
stool. Rarely, in 8–29% of cases [3–6], the tract affected by intussusception can prolapse through the anus: transanal protrusion of in-
tussusception (TAPI). This presentation, more frequent in females (female/male ratio: 3/2) and in some countries [6–8], may be due
to an abnormal position of the intestine and defined as Waugh's syndrome (WS) [9,10]. Classically the treatment of the intussuscep-
tion is based on the enema reduction with fluoroscopy, reserving the surgery for the cases of failed reduction. However, in the cases of
TAPI, even after enema reduction of the intussusception, surgery may be required to treat intestinal malrotation that is frequently as-
sociated, as WS, in TAPI [7]. The Authors report a review of the Literature and their experience on a clinical case presented as TAPI in
which surgery was required, after air enema reduction, to treat the intestinal malrotation.

2. Case presentation
A 3-month-old girl, born at 26 weeks by caesarean section, first meconium emission in 24 h, breastfeeding. She was admitted to

neonatal intensive care for prematurity. In the previous month he had 3 episodes, recorded as rectal prolapse with “auto” reductions.
Subsequently she had a trans-anal protrusion of intussusception (Fig. 1) so that an easy reduction with air enema was performed
twice because of recurrence 24 hours later. Because of the recurrent TAPI, once intussusception was resolved, diagnostic investiga-
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Fig. 1. Image of transanal protrusion of intussusception.

tions were performed to rule out some intestinal anomalies causes of prolapse. Suction rectal biopsies for Hirschsprung's disease were
negative, as well as Magnetic Resonance Imaging of the cauda equina, and test for cystic fibrosis. One week later a study of the
colonic anatomy by contrast enema (Iopamidol diluted with sterile solution, ratio 1: 4) showed an intestinal malrotation with the
colon fully positioned to the left) (Fig. 2). After resolution of the intussusception she started breastfeeding and for about 2 weeks had
irregular evacuations and transient abdominal distension. Because of this difficulty in feeding and intestinal malrotation, the girl un-
derwent laparotomy that showed an extreme mobility of the cecum (placed anteriorly in the left hypochondrium and colon; therefore
a repositioning of the intestine in the abdomen with the cecum in the left iliac fossa was performed. The patient was fed up, had no
problems and was fine at the 6-month follow-up.

3. Discussion
Intussusception is one of the most frequent causes of intestinal obstruction, which must be diagnosed and treated early to avoid se-

rious consequences. The clinical presentation may vary according to the age of the patient and the underlying pathology (diverticu-

Fig. 2. Image of contrast enema that shows the intestinal malrotation. C: cecum.
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lum, intestinal angioma, etc.). An infrequent form of clinical presentation is TAPI, a clinical condition with the presence of a mass
(made up of the invaginated intestine) that prolapses through the patient's anus and creates diagnostic difficulties with rectal pro-
lapse [11,12]. Distinguishing the two conditions is very important for treatment. Some signs are characteristic for the diagnosis of
TAPI such as the “dance sign”, ie the lower right quadrant empty on palpation, and the possibility of exploring with the finger the
space between the prolapsing mass and the anal wall [7,13]. Also in this case-report there was a probable misdiagnosis of rectal pro-
lapse which resolved spontaneously. This patient shows an association between intestinal malrotation and intussusception that oc-
curs with TAPI, known as Waugh's syndrome, described for the first time in 1911 [10]. Recurrent rectal prolapse in infant can be
caused by various pathologies such as Hirschsprung's disease, cystic fibrosis, nervous anomalies of the sacrum and intestinal malrota-
tion. All these disorders were investigated in our case due to the reported episodes of rectal prolapse. Waugh's syndrome is a rare asso-
ciation between bowel malrotation and intussusception and has been reported a long time ago. After resolution of the intussuscep-
tion, the treatment consist in the repositioning the bowel in the abdomen and it is possible to perform also laparoscopically, in this
case we preferred a laparotomic approach because of the recurrent intussusception and the infrequent association between TAPI and
WS. Analyzing the Literature to date we have found 71 cases reported in pediatric age and one in an adult [11,14,15]. Not in all pa-
tients with WS, intussusception occurs with TAPI, but this sign may indicate the presence of association [16,17]. For this reason we
believe it is important to make a correct differential diagnosis between TAPI and rectal prolapse, also after the resolution of the intus-
susception with enema. It is important in these patients to perform a radiological study to evaluate the possibility of intestinal malro-
tation which must be treated surgically, to avoid further intussusception that may require intestinal resections as reported by other
authors [7].
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