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INTRODUCTION:  Lymphangioma  of  the gastrointestinal  tract  is  very  rare,  75 % of the  lesions  affect  the neck
and 20  %  affect  the  axillary  region,  the rest  are  seen  in  the  mediastinum,  the  visceral  organs,  the  retroperi-
toneum,  the  mesentery,  or  in  the  bones.  Lymphangioma  of  the gastrointestinal  tract  comprises  less  than
1  %. The  majority  of  cases  are  asymptomatic  but some  cases  presented  with  emergency  presentations.
CASE  PRESENTATION:  A  31-year-old  male  presented  to emergency  department  complaining  of  central
abdominal  pain  for 2  days,  with  nausea,  dyspnea  but  no vomiting.

The abdominal  examination  revealed  a mildly  distended  abdomen,  with  guarding  and  tenderness
mainly  in  the  right  lower  abdominal  quadrant.  There  were  no  any  palpable  masses  or  organ  enlargement.
The  white  blood  cells  count  was  elevated  (14,000  c/mm).

Abdominal  ultrasound  showed  an evidence  of 10*7  cm  multiloculated  thick  walled  lesion  in the right
lower  abdomen,  suggesting  the  possibility  of  an  appendicular  abscess.  The  patient  was  admitted  for
2  days  with  little  clinical  improvement.  Therefore,  a  laparotomy  was  performed  at  which  there  were  2
yellowish  cystic  lesions  60  cm from  the  ileocecal  valve  that were  arising  from  each  side  of  the  small  bowel

and  related  to its mesentery  causing  luminal  narrowing.  Resection  was  done  with  end-end  anastomosis.
The  histopathology  results  revealed  a diagnosis  of ill lymphangioma  of  the  ileum.
CONCLUSION:  Complete  surgical  resection  is  the  main  form  of  therapy  whenever  possible,  sometimes  is
impossible  when  there  is  local  invasion.  When  complete  resection  is performed  long  term  follow  up is
not recommended  as the  recurrence  is  very  rare.

©  2019  The  Author(s).  Published  by  Elsevier  Ltd  on behalf  of IJS  Publishing  Group  Ltd.  This  is  an  open
 artic
access

. Introduction

Cystic lymphangioma was first described in 1913 by Gaudier
nd Gorse, when they define it as rare benign cystic lesions contain-
ng chylous or serous fluid and composing of lymphatic channels
ined by endothelial cells. In literature it is reported most lesions are
iagnosed in children and there is no sex predominance, about 75

 of the lesions affect the neck and 20 % affect the axillary region,
he rest of the lesions are seen in some very rare locations such
s the mediastinum, the visceral organs, the retroperitoneum, the
esentery, or in the bones. Lymphangioma of the gastrointestinal

ract comprises less than 1 % [1,2].
Lymphangioma of the bowel usually arises from the lymphatic
hannels where the lacteals of the villi empty, lesions are thought
o be hamartomatous lesions rather than tumors which enlarges
radually with time. Lymphangiomas are usually solitary and not
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connected to the lymphatic channels in that region resulting in
stasis and proximal dilatation [3].

The majority of cases are asymptomatic and are diagnosed
accidentally, most patients present with painless palpable soft
abdominal mass, which grows slowly, but in some cases it may
cause acute abdominal pain or intestinal obstruction which may  be
caused by luminal obstruction, or cases reported to be caused by
small bowel volvulus, in some rare occasions it may be caused by
the traction effect of the mass over the bowel [2,4,5].

The characteristic findings on abdominal CT scan is the pres-
ence of oval submucosal well defined cystic lesions which show no
enhancement when contrast is injected [1].

The work of this report case has been reported in line with the
SCARE 2018 criteria [6].

2. Patient information

A 31-year-old male, who is an office worker presented to emer-

gency department complaining of central abdominal pain for 2
days. d with nausea, dyspnea but no vomiting.

The patients had many attacks of similar pain but of milder
intensity for the last years which was  diagnosed as irritable bowel
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Fig. 2. An intraoperative picture showing 2 yellowish cystic lesions related to the
terminal ileum and causing luminal narrowing.
ig. 1. An ultrasound picture showing a 10*7 cm multiloculated thick walled lesion.

yndrome, the surgical histories were unremarkable and the family
istory was negative for chronic illnesses and malignancies.

.1. Clinical findings

The patient had tachycardia (the pulse rate was 110 b/m) with
ormal temperature and blood pressure. Other parts of the general
xamination were normal.

The abdominal examination revealed a mildly distended
bdomen, with guarding and tenderness mainly in the right lower
bdominal quadrant. There were no any palpable masses or organ
nlargement. The bowel sounds were normal.

.2. Diagnostic assessment

The white blood cells count was elevated (14,000 c/mm) and the
emoglobin and the urinalysis were normal.

Abdominal ultrasound showed an evidence of 10*7 cm multiloc-
lated thick walled lesion in the right lower abdomen which was

ocated lateral to the iliac vessels, suggesting the possibility of an
ppendicular abscess Fig. 1.

The patient was admitted for 2 days and he received broad spec-
rum parenteral antibiotics with little clinical improvement.

.3. Therapeutic intervention

The decision was done for surgery. Therefore, a laparotomy was
erformed at which there were 2 yellowish cystic lesions that
ere arising from each side of the small bowel and related to

ts mesentery causing luminal narrowing. The lesion was located
pproximately 60 cm from the ileocecal valve. Resection of the
ffected bowel segment was done with end-end anastomosis by

 slowly absorbable suture material. The other parts of the bowel
ere examined and there were no other pathologies detected

igs. 2 & 3 .
The resected sample was sent for the histopathological exami-

ation which showed an evidence of numerous and variable sized
ymphatic channels in the mucosa and the submucosa of the bowel,
here was intense inflammatory cell infiltration and the sample was
egative for malignant cells. The diagnosis was lymphangioma of
he ileum.

.4. Follow-up and outcomes
The patient was well in the post-operative period and he was
ischarged home after 5 days with no post-operative events.
Fig. 3. An intraoperative picture showing the lymphangioma after being resected
with a segment of healthy looking bowel.

3. Discussion

The majority of the lesions are diagnosed incidentally, but rarely
the condition is diagnosed before surgery. The disease may be
suspected with the typical radiological features, sometimes when
endoscopy or enteroscopy is performed the lesions appear as
elevated, yellowish or white submucosal polypoidal lesions with
intact overlying mucosa, there is dilatation of the mucosal blood
vessels over the affected part [1,7].

Lymphangiomas occur due to congenital malformation of the
lymphatic channels, it is very important to differentiate these
lesions from lymphangiectasia which is defined as dilatation
of a previously normal lymphatic channels which is caused by
lymphatic obstruction from various inflammatory or malignant

conditions, histologically lymphangiectasia also lacks the endothe-
lial lining and the investing smooth muscle components [8].
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In the pediatric age group, lymphangiomas tend to be larger
n size than those in adults, and most arise from the mesen-
ery, and clinically most patients have emergency presentation
uch as acute abdomen or intestinal obstruction, while in adults
hey usually discovered incidentally or present with abdominal

ass [8].
Intra-abdominal lymphangiomas usually occur in the retroperi-

oneum, but may  affect the small bowel mesentery, liver and the
ancreas. Lesions are usually confused with mesenteric cysts which
re of mesothelial origin, lymphangiomas should be differentiated
rom mesenteric cyst because they have more aggressive behavior
nd tend to be locally destructive lesions with higher recurrence
ate, other differential diagnoses may  include congenital duplica-
ions cysts of the bowel, cystic tumors, and parasitic cysts especially
n endemic regions of hydatid disease [9–11].

Most cases are treated surgically, but the lesions tend to be diag-
osed late when they become large in size due to the asymptomatic
attern of the disease. When the lesions cause complications they
resent earlier. Small lesions less than 2 cm may  be managed endo-
copically by submucosal resection, but this is done only for lesions
hich are accessible endoscopically [12].

Complete surgical resection is the main form of therapy when-
ver possible, sometimes resection with normal surrounding
issue. Complete surgical resection sometimes is impossible when
here is local invasion [9].

When complete resection is done long term follow up is not rec-
mmended as the recurrence is very rare, but when the complete
esection is not possible close follow up is recommended [9].

.1. Patient’s perspective

I was told before surgery that my  appendix is perforated and I
eed an emergency surgery, after surgery I have been told that a
art of my  bowel was resected and will have no major concerns in
he future.
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