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Intestinal obstruction caused by a
duplication cyst of the cecum in a neonate
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= Abstract =

Duplication cysts are rare congenital malformations, that may be detected anywhere along the alimentary tract, and they may
communicate with the intestinal tract. Cystic duplication of the cecum is especially rare. About 80% of these cases are
detected in the first 2 years of life as a result of an acute intestinal obstruction, which manifests as vomiting, recurrent
abdominal pain, recurrent gastrointestinal bleeding and constipation. We report a case of intestinal obstruction secondary to
a duplication cyst of the cecum in a neonate. The patient underwent surgery and was diagnosed subsequently, and is pre-

sently healthy. (Korean J Pediatr 2009;52:261-264)

Key Words : Duplication cyst, Cecum, Intestinal Obstruction, Neonate

Introduction

Duplication cysts are rare congenital malformations that
are characterized by their attachment to the alimentary tract,
presence of a well-developed coat of smooth muscle, and an
epithelial lining resembling some part of the alimentary
tract". Furthemore, cystic duplication of the cecum is especi-
ally rare, with only 18 reported cases in the English litera-
ture till date”. Different authors have used terms such as
enterogenous cyst, ileum duplex, giant verticula, and unusual
Meckel’s diverticulum to describe the congenital cystic ab-
normalities of the gastrointestinal tract. In 1937, Ladd recom-
mended the use of the term "alimentary tract duplications”
for such congenital malformations” *. Duplications of the ali-
mentary tract may be detected at any age and they may oc-
cur anywhere along the course of the gastrointestinal tract.
We report our experience with a full-term infant born to a
mother who had no notable drug or clinical history with the

except of polyhydramnios. The infant was brought to the
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emergency with symptoms of vomiting immediately after
feeding, and abdominal distensions; upon further examina-
tion and operation, he was diagnosed as a case of duplication

cyst.

Case report

A full-term male infant weighing 3,480 g was born by
cesarean section, and passed meconium. On Day 2 after
birth, the patient was transferred to our hospital because he
began vomiting bile-stained fluid immediately after feeding
and abdominal distention. Maternal history was non-specific
except for the presence of polyhydramnios. Physical exami-
nation revealed diffused abdominal distension, and a small-
sized firm mass measuring approximately 2X2.5 cm that was
palpable in the Right Lower Quadrant (RLQ) area. Other
examinations were normal. Hematologic analysis revealed
the following: hemoglobin, 17.1 g/dL; hematocrit, 48.9%;
white blood cell count, 16,980/uL; platelet count, 217,000/uL;
and total bilirubin, 10.17 mg/dL. Venous blood gas analysis
revealed the following: pH, 7.406; PCO,, 354 mmHg; PO,
30.2 mmHg; base excess, —2.1; and HCOs , 21.7 mM/L. Other
findings were non-specific. A plain X-ray of the abdomen
was suggestive of an intestinal obstruction; ultrasound ex-
amination revealed a cystic lesion measuring approximately
4X3 cm-sized cystic lesion in the RLQ area.

On the second day after admission, vomiting continued to
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occur immediately upon feeding. He was in the hypokalemic
state of 3.09 mEq/L, so we administrated potassium chloride
intravenously. We examined the abdominal CT for the pos-
sibility of a duplication cyst. Abdominal CT revealed com-
pression of the ascending colon and a cystic lesion in the
retroperitoneal area, which was suggestive of duplication or
peritoneal cysts (Fig. 1).

Other anomalies were not observed. Due to the obstruction

of the ascending colon by the cystic lesion, we also exa-

Fig. 1. Abdominal CT shows a 2.7X3.1 c¢m sized retroperito-
neal cystic mass with compression of the ascending colon and
cecum.
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Fig. 2. The cystic mass which was attached to the ileocecal
area and cecum was removed.

mined the colon series. During the colon series, we could
observe the passage of barium from the colon to the small
bowel, but only a small amount. He had a consultation with
General Surgery and an operation was performed. Afterwards,
biopsy demonstrated a diagnosis of a duplication cyst of the
cecum. Since the operation (Fig 2, 3), he had any compli-
cations.

On the postoperative 7th day, he could be fed completely.
The baby was discharged on the 9th day after admission.

Discussion

Duplication cysts are defined as spherical or tubular struc-
tures that are firmly attached to at least one point in the
alimentary tract, possess well-developed coats of smooth
muscle, and have an epithelial lining resembling some part
of alimentary tract”®. In Japan, 49 cases of duodenal dupli-
cation cysts have been reported to date”.

Commonly, duplication cysts are communicated with the
intestinal lumen, involve the mesenteric border of the asso-
ciated alimentary tract, and share a blood supply with the
native bowel. There are 3 categories for classification: (i)
localized duplications (ii) duplications associated with spinal
cord defects and vertebral malformations and (iii) duplica-
tions of the colon. Multiple duplication cysts are found in
10-15% of cases”.

The etiology of intestinal duplications remains unclear.
The persistence of embryonic diverticulae during the de-
velopment of the gastrointestinal tract, intrauterine vascular

accidents, and recanalization and fusion of embryonic longi-

Fig. 3. Biopsy shows the cystic mass is similar to the luminal
layer of the small bowel.
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tudinal folds are some of the etiological hypotheses that
have been proposed to explain the formation of duplication
cysts in the intestines” & ¥

Morphologically, they are divided into spherical and tubu-
lar types, the tubular type being less commonly found in
the small intestine than the spherical type”.

Duplications of the alimentary tract may present at any
age, but 80% present in first 2 years of life and only 13%
of all alimentary duplications are colonic. Among abdominal
duplications, the ileum is the most common site of involve-

1910 Most cases develop within the first 3 months of

ment
life and a palpable mass is the most frequent mode of pre-
sentation, seen in 50% of these infants. Conversely, duplica-
tion cysts of the cecum are very rare. In an 18-year review,
Grosfeld et al.”! could find only one case of cecal duplication
in a neonate; barium study revealed a palpable abdominal
mass with a filling defect. Oudshoorn and Heijl) have re-
viewed 362 cases of duplication cysts reported in the litera-
ture and found only 16 cases of cecal duplications.
Symptoms of intestinal duplication cysts vary according
to the size, morphology and location of the cysts. Common
symptoms include acute intestinal obstruction, vomiting, re-
current abdominal pain, recurrent gastrointestinal bleeding,
constipation or an incidental detection. A communication
between the gastrointestinal tract and the duplication is
found in only 20% of the cases. Thirty percent of the pa-

1,312
. Muscular

tients have ectopic gastrointestinal mucosa
atrophy secondary to vascular insufficiency, primary aplasia
of an intestinal segment, and congenital or acquired damage
to the nerves of the myenteric plexus can all result in seg-
mental dilatation of ileum™ ™. Although ultrasound, CT scan
and MRI have been useful, a correct preoperative diagnosis
is seldom possible as the symptoms are so varied and the
entity so rare. Ultrasonography and barium studies are help-
ful imaging modalities for the diagnosis of duplication cysts
Y19 Ultrasound shows an echogenic inner mucosal layer
with a hyperechogenic outer muscle layer. The CT scan
shows a well-defined cystic structure with low attenuation

15, 16

. ) .
and contrast enhancement of the outer rim . Some enteric

duplication cysts contain gastric mucosa and may be de-
monstrated with a 99Tcm-pertechnetate scintigraphyﬁ*m.
Although rare, duplication cysts are an important differential
diagnosis to consider in children, especially in neonates who
present with a palpable abdominal mass such as mesenteric
cyst, ovarian cyst, pancreatic cyst or choledochal cyst. Mali-

gnant changes of a duplication cyst have been reported in

Duplication cyst of the cecum in a neonate

adults, but it is thought that these lesions are relatively
benign in childhood”. End-to-end anastomosis after seg-
mental resection of bowel with duplication cysts is the pre-
ferred choice of treatment in these cases” .

In this report we describe a fullterm infant who expe-
rienced vomiting immediately upon feeding and who pre-
sented with abdominal distension; the infant was diagnosed

postoperatively as having a duplication cyst.
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