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A Different Treatment Modality for a
Caecal Intramural Duplication Cyst in an
Infant: Case Report

Bir Bebekte Cekal Intramural Duplikasyon Kisti
Icin Farkl: Bir Tedavi Yaklagimi

ABSTRACT Duplication cysts are uncommon congenital abnormalities that may occur at all levels
of the gastrointestinal tract, from mouth to anus. In most cases, end-to-end anastomosis after seg-
mental resection of a bowel with duplication cysts is the preferred choice of treatment. A 7-month-
old female presented with occasional vomiting episodes since birth. Previous medical examinations
had revealed no abnormality. She underwent surgical intervention due to acute abdomen with an
eventual diagnosis of duplication cyst. In our case, both the caecum and ileocaecal valve were pre-
served. She was treated with partial excision and removal of the mucosal lining, which is an un-
common treatment approach and the result was satisfactory. We suggest that removal of the caecum
and ileocaecal valve along with the cyst is a treatment option; however, alternative treatment op-
tions should also be considered.
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OZET Duplikasyon kistleri gastrointestinal sistemde agizdan aniise kadar tiim seviyelerde ortaya
¢ikabilen nadir dogumsal anomalilerdir. Genellikle olgularin ¢ogunda total eksizyon o6nerilir. Ek-
sizyon sirasinda ¢ekum ve ileogekal valv de ¢ikarilir. Dogumdan itibaren siirekli kusma ataklar
yakinmast ile bagvuran 7 aylik kiz olgu akut batin nedeni ile opere edildi ve ¢ekal intramural dup-
likasyon kisti tanisi aldi. Parsiyel eksizyon ve mukoza soyma islemleri ile operasyon esnasinda hem
¢ekum hem de ileogekal valv korundu. Sonug tatmin edici bulundu. Farkh bir tedavi yaklagimi kul-
lanildig i¢in bu olgunun bildirilmeye deger oldugu distnildii. Sonug olarak, kist ile beraber ¢ekum
ve ileogekal valvin ¢ikarilmasi, kullanilan bir tedavi yontemidir. Buna ilaveten alternatif tedavi se-
ceneklerinin de diigiiniilmesi gerekir.

Anahtar Kelimeler: Sindirim sistemi; bebek; intiisiisepsiyon

Turkiye Klinikleri ] Med Sci 2013;33(1):255-8

uplication cysts are uncommon congenital abnormalities first iden-

tified by Ladd.! They may occur at all levels of the gastrointestinal

tract, from mouth to anus.?? Usually, they present with a tubular or
cystic structure. Typical characteristics of duplication cysts are tight at-
tachment to the gastrointestinal tract, a well-developed muscular wall along
with an internal epithelium originating from the epithelial tissue of the gas-
trointestinal tract, and localization on the mesenteric side.? Clinically, they
may present with intussusception, obstruction, volvulus, malignity, hem-
orrhage, and rarely perforation.*> Reoprts on caecal intramural duplication
cysts associated with intussusception is rare. In such cases, end-to-end anas-
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tomosis after segmental resection of a bowel with
duplication cysts is the preferred method of treat-
ment. However, in our case, both the caecum and
ileocaecal valve were preserved.

CASE REPORT

A 7-month-old female presented with occasional
vomiting episodes since birth. Previous medical ex-
aminations had revealed no abnormality. She has
had severe vomiting accompanied by diarrhea for
20 days and eventually received medical treatment
on an outpatient basis. She had previously been
hospitalized for one week because of persistent
vomiting and diarrhea, during which time the
treatment was continued. Her diarrhea had disap-
peared during the two days before her arrival at our
clinic, but her vomit had become yellow-green in
color. Her abdomen started to show distension. She
was referred to our clinic with a presumptive diag-
nosis of intussusception.

PHYSICAL EXAMINATION

The patient’s abdomen was highly distended and
was not involved in respiration. Intestinal sounds
were reduced and there were occasional metallic
sounds. Palpation revealed tenderness in the right
abdomen and rectal examination revealed blood in
stool and a mobile mass.

RESULTS

The white blood cell count was 15 000/mm?. Direct
erect abdominal x-ray revealed multiple air-fluid
levels. Abdominal ultrasound showed invaginated
intestinal segments in the right lower quadrant.

After undergoing fluid and electrolyte re-
placement and giving “informed consent,” the pa-
tient was prepared for the operation. Surgery was
performed through a right paramedian incision.
After reaching the abdomen by dissecting the cu-
taneous layers, a low amount of reactional and
serous fluid was found and was aspirated. An in-
vaginated intestinal segment beginning at the ileum
and extending to the sigmoid colon was shown via
surgical exploration and was manually reduced.
Further exploration revealed that the edema had
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become significant over the antimesenteric area of
the caecal wall and that there was a 1 cm nonen-
capsulated cystic mass located just underneath the
serosa within the intestinal wall (Figure 1). A punc-
ture into the mass revealed a sticky serous fluid. We
failed to remove it en masse; however, the anterior
portion of the cystic wall was removed and the mu-
cosa of the posterior portion was scraped (Figure 2).
The removed anterior portion of the cystic wall was
placed into formaldehyde solution for examination.

HISTOPATHOLOGICAL ANALYSIS

The intestinal specimen was fixed in 4% formalin
and was embedded in paraffin, and 5-7 p sections
were stained with hematoxylin and eosin (H&E)
for microscopic evaluation. Each entire section was
observed under magnification (x40). The structure,
which was defined as an intestinal duplication cyst,
was lined with simple columnar epithelium and
mucous cells with the occasional presence of
glands. Vessels were found to be congested as a re-
sult of the thickened muscular layer.

FIGURE 1: Cystic mass in the antimesenteric area of the caecal wall.
(See for colored form http://tipbilimleri.turkiyeklinikleri.com/)
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FIGURE 2: Anterior portion of the cystic wall was removed and the mucosa
of the posterior portion was scraped.
(See for colored form http://tipbilimleri.turkiyeklinikleri.com/)

Oral therapy was started on the fourth post-
operative day and the patient tolerated it. She was
discharged on the sixth day. The 36-month follow-
up revealed no complications.

DISCUSSION

While cystic duplications of the colon can be
asymptomatic, they can also present with intussus-
ception, hemorrhage, mass, or intestinal obstruc-
tion.%” Some case reports involve necrosis due to
intestinal volvulus. Uncommon malignancy is an-
other complication that may develop in cases of
colon duplication in patients around 35 years of age.
Inoue and Nakamura studied cases of duplication
cysts that had developed into malignancies with a
reoprted incidence of 67% for colon and rectum du-
plications.® Duplication cysts have been reported to
cause hemorrhage in cases where gastric mucosa is
involved. Perforation is a less common complica-
tion. Invagination is one of the causes of acute ab-
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dominal pain among children. It often occurs for no
apparent reason, beginning with intussuception of
the lead point and the intestines and then advanc-
ing on. This lead point may be associated with a
lymph node or luminal pathology. Caecal duplica-
tion cysts rarely result in intussusception. Usually,

obstruction arises due to the mass effect.>!°

End-to-end anastomosis after segmental re-
section of the bowel with duplication cysts is the
preferred choice of treatment in those cases.!! Al-
though duplication cysts may be clinically asymp-
tomatic, it is recommended that they be removed
by total excision due to their high rate of compli-

cations.*>®

The symptoms of intestinal duplication cysts
vary according to the size, morphology, and loca-
tion of the cysts. Common symptoms include acute
intestinal obstruction, vomiting, recurrent abdom-
inal pain, recurrent gastrointestinal bleeding,
intussusception, constipation, or an incidental de-
tection. Our patient with a concurrent intramural
caecal duplication cyst and intussusception is an
unusual case; there are only a few similar reports
in the literature. She had suffered from vomiting
episodes since birth. This may be attributed to the
disruption of the valve mechanism and luminal
motility caused by the duplication cyst, which was
located close to the caecal and ileocaecal areas. Fol-
lowing removal of the cyst, the persistent vomit-
ing episodes disappeared.

Removing the mucosal lining instead of total
excision has been reported to produce successful
results in cases of gastric duplication cysts.'*'* Our
patient was treated accordingly by partial excision
and removal of the mucosal lining with a satisfac-
tory result. The case was reported due to the alter-
native treatment approach.

In conclusion, we believe that removing the
caecum and the ileocaecal valve along with the du-
plication cyst is an acceptable approach; however,
alternative treatment options should also be con-
sidered. Moreover, we suggest that caecal or ileal
small duplication cysts should be considered in in-
fants with intussusception; therefore, exploration
should be carefully conducted.
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