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ABSTRACT

Background: Enterocutaneous fistulae (ECF) most commonly occurs following intestinal surgery. Spontaneous ECF is a rare
entity in infants. Early presentation to the hospital decreases complication.

Case Presentation: A 2.5-month-old infant developed spontaneous ECF below the umbilicus following abdominal wall
erythema and abdominal wall abscess. The bowel mucosa prolapsed out on straining efforts. Work-up was uneventful. At
operation, the fistula was mobilized, and intestinal continuity was restored. Postoperative recovery was uneventful.

Conclusion: Spontaneous development of ECF is a rare entity in children. Every effort should be made to identify the etiology

before labeling it as spontaneous.
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INTRODUCTION

Enterocutaneous fistulae (ECF) in children are usually
followed by intestinal surgery or inadvertent incision
over an inflamed bowel adherent to the skin, mimicking
an abscess.[1] But spontaneous enterocutaneous fistula
over the abdominal wall without any prior intervention is
very rare. We found no such reported case in the
literature. Herein, we are reporting a rare case of
spontaneous ECF over the abdominal wall with a
prolapsed small bowel loop.

CASE REPORT

A two-and-a-half-month-old female child was brought to
the pediatric surgical emergency with feculent discharge
from a wound below the level of the umbilicus. The baby
was full-term, born by normal vaginal delivery in an
institute, with the mother having gestational diabetes,
and there are no antenatal events. At the time of
presentation, the child was clinically stable, tolerating
oral feeds, and passing stools normally. The mother gave
a history of abdominal wall erythema below the
umbilicus 20 days before presentation to the hospital,

over which mother applied turmeric and oil; and she
consulted a local practitioner, who prescribed antibiotics
for the same. Subsequently, the child developed an
abscess which ruptured spontaneously following which
the child developed feculent discharge from the wound
with a small visible mass that seems like bowel mucosa
(Fig.1A). X-ray abdomen was normal and ultrasound
confirmed the mass as bowel mucosa. When the child
cried excessively, the bowel loop prolapsed through the
wound (Fig.1B). The patient was taken for surgery and
exploration was done by giving incision at the fistula site.
Prolapsed bowel loop reduced and fistula site over the
small loop identified on the antimesenteric border,
approximately 50 cm proximal to the ileocecal junction.
Margins of the fistula site on the bowel wall were sent for
biopsy, edges freshened, and intestinal continuity
established by closing the two ends with 4-0 Vicryl in a
single layer (Fig.1C, 1D). The postoperative period was
uneventful, and the child was allowed oral feed on the
4th postoperative day when the child started passing
stool and discharged from the hospital on the 8th
postoperative day. Histopathology showed normal bowel
mucosa, no features of inflammatory bowel disease. On a
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6-month follow-up, the child was symptom-free, gaining
weight with normal developmental milestones as per age.
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Figure 1: A) Showing wound below umbilicus with feculent
discharge. B) prolapsed mucosa of small bowel through the
ECF site. C) Mobilized ECF. D) Primary closure of the ECF

DISCUSSION

Enterocutaneous fistula can occur as a postoperative
complication, following trauma, or spontaneously. Spon-
taneous ECF is very rare, especially over the abdominal
wall. More than 75% of ECF are seen after surgery and
15- 25% are seen after abdominal trauma or spontane-
ously. Spontaneous ECF is observed in cases of necrotiz-
ing enterocolitis, inflammatory bowel disease, after radi-
otherapy, and malignancy.[2] The ileum is the most
common site for the development of ECF.[3]

Approximately 10 cases of spontaneous scrotal ECF in
case of incarcerated inguinal hernia were reported in
infants.[4] Few patients had necrotizing fasciitis of the
scrotum among them. There are case reports of Richter’s
hernia presenting as spontaneous enterocutaneous fis-
tula in adults.[5-7] In the majority of these cases, prima-
ry anastomosis of the bowel was done as in our case
because there was not any peritoneal contamination.
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Early presentation decreases the complications like exco-
riation of surrounding skin and subsequent necrotizing
fasciitis and post-operative wound infection. If there is
bowel prolapse, as in our case, early surgery helps in
preserving the bowel, because delay in surgery may
cause ischemia and gangrene of the bowel, sometimes
requiring entero-stoma.

ECF can be managed conservatively or surgically. Post-
operative ECF with no distal obstruction can be man-
aged expectantly as there is a chance of spontaneous
closure with proper enteral and Total Parenteral Nutri-
tion (TPN), especially in high-risk cases. But the majority
of spontaneous ECF required surgical intervention.
Spontaneous closure is rare in spontaneous ECF be-
cause of the presence of inflammation. Mucosal prolapse
is also one of the hindering factors for spontaneous clo-
sure as found in our case. The majority of the reported
cases underwent surgical intervention.[4,8,9] None of the
cases in the study of Amjad et al. healed spontaneous-
ly.[8] Karabulut et al. concluded in their study that oc-
treotide acts as an adjunctive agent in conservative
management of ECF, and it further reduces the risk of
sepsis and hospital stay.[10]

In conclusion, spontaneous ECF in infants does exist.
Early presentation to the hospital decreases complica-
tions like ammoniacal dermatitis of the surrounding skin
and may not progress to necrotizing fasciitis. Spontane-
ous closure is rare in cases of spontaneous ECF requir-
ing early surgery. Most of the cases do not have perito-
neal contamination, hence primary anastomosis is pos-
sible with a good postoperative outcome
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