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Abstract

We herein describe the case of a 27-year-old female, who
presented with a large mass of the upper left abdominal
cavity discovered incidentally, through an annual health
examination. Preoperative studies including abdominal
ultrasonography and magnetic resonance imaging were
performed, but they could not accurately determine the
nature of the tumor. At laparotomy, a large cystic tumor
of the small bowel mesentery was found. Histopathologic
examination diagnosed the tumor as a cystic lymphangioma.
Although lymphangiomas are rare, especially in the abdomen
of adults, they may sometimes present as acute abdomen,
causing complications that require emergent surgery.
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INTRODUCTION

Lymphangiomas are rate benign tumors. They are preferentially
located in the head, neck, and axilla in children. However,
lymphangiomas in the peritoneal cavity are extremely rare,
particulatly in adults. This report describes a case of an adult
with a large lymphangioma of the jejunal mesentery.

CASE REPORT

A 27-year-old female was referred to us on April 10, 2003
due to an intra-abdominal mass lesion found incidentally,
during her annual health examination. Recently, she had
begun to experience epigastralgia and abdominal fullness

especially after having meals. Her family and medical history
wete unremarkable. She had no history of previous abdominal
surgery. On physical examination, a soft, non-tender mass
was palpated in the upper left abdomen. Auscultation of
the abdomen revealed normal bowel sounds. Laboratory
data including tumor markers were within normal limits. A
plain film of the abdomen showed several loops of small
intestine without dilatation or air-fluid level. Abdominal
ultrasonography revealed a large, multilocular, cystic mass
with an obscure margin. MRI of the abdomen showed a
large homogeneous mass measuring 16 cmX7 cmX5 cm in
size with multiple enhancement septa by contrast medium.
This lesion was located at the anterior aspect of the left
kidney and descending colon, causing compression and
stretching of the small bowel (Figure 1). A cystic neoplasm
of the mesentery was considered.

Atlaparotomy, a yellowish cystic tumor with soft consistency
was found in the mesentery of the jejunum, about 30 cm
distal to Treitz’s ligament. The tumor was not adhered to
the wall of the intestine or adjacent organs. No ascites was
seen in the peritoneal cavity, nor was there any dilatation or
inflammatory change of the intestines or mesentery. With
careful dissection of the mesenteric arteries, the tumor was
resected completely without resection of the intestine. The
specimen consisted of one piece of cystic tumor in the
mesentery measuring 15 cmX8 cmX6 cm. Macroscopically,
it was yellowish in color and soft in consistency (Figure 2).
Microscopically, the sections showed numerous dilated
lymphatic channels of varying sizes within loose fibroconnective
tissue and a few disorganized bundles of smooth muscle
present in the wall of the larger channels. Immunohistochemical
stains were positive for Factor VIII and actin. The same cells
did not react to cytokeratin. These findings were consistent
with a cystic lymphangioma (Figure 3). The patient had an
uneventful postoperative course, and no evidence of
recurrence, 18 mo after the operation.

Figure 1 MRI of the abdomen showing a 16 cmx7 cmx5 ¢cm homogenous
multilocular tumor with enhancement by contrast medium (A and B).
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Figure 2 Surgical findings (A-C). A large cystic tumor was located in the
mesentery of the jejunum, causing compression and stretching of the small
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Figure 3 Histopathological results revealed that the mesenteric tumor contained
numerous dilated lymphatic lumen of varying sizes lined by attenuated endothelial
cells (H&E, x100).

DISCUSSION

Lymphangiomas are uncommon and occur mainly in
children; approximately 80-90% are diagnosed within the
first few years of life and adult cases are rarel'l. They are
commonly found in the head, neck, and axillary region.
However, isolated occurrence in the mesentery of the small
intestine is encountered even less frequently, comprising
less than 1% of all lymphangiomas®. The most common
location of such intraperitoneal lymphatic tumor appears
to be the mesentery of the small bowel, accounting for
70% of all such tumorsP*.

The etiology of lymphangiomas is probably a congenital
abnormality of the lymphatic system, causing sequestrations
of lymphatic tissue during embzryologic development?. This
theory would explain why lymphangiomas occur primarily
in children. However, it is suggested that abdominal trauma,
lymphatic obstruction, inflammatory process, surgery, or
radiation therapy may lead to the secondary formation of
such a tumor™’. Traditionally, lymphangiomas are classified
as simple, cavernous, or cystic. The simple type is usually
situated superficially in the skin and composed of small
thin-walled lymphatic vessels. The cavernous type is composed
of dilated lymphatic vessels and lymphoid stroma, and has
a connection with spaces of various normal adjacent
lymphatics. Lastly, the cystic type consists of lymphatic
spaces of various sizes that contains fascicles of smooth
muscle and collagen bundles, but has no connection with

bowel. The tumor was not adhered to the small intestine.

adjacent normal lymphatics. However, cystic lymphangioma
is not always clearly differentiated from cavernous type
because the cystic type may also contain cavernous areas!”

Mesenteric lymphangiomas are usually asymptomatic until
they enlarge. Abdominal pain and distention seem to be the
most common symptoms, but the clinical presentation of
mesentetic lymphangiomas varies”. Although benign in
nature, mesenteric lymphangiomas may cause significant
morbidity or mortality due to their large size and critical
location, when they compress the adjacent structures. In
addition, complications such as secondary infection, rupture
with hemorrhage, volvulus, or intestinal obstruction have all
been reported®!!l. The ultrasonographic presentation of a
mesenteric lymphangioma is described as a cystic lesion with
multiple thin septa. On CT imaging, mesenteric lymphangiomas
appear as a uni- or multilocular mass with enhancement of
the wall and septum by contrast medium?. These studies
help to determine, if the tumor is cystic as well as its size and
location, but they are insufficient to establish an accurate
diagnosis preoperatively. One report suggested that fine
needle aspiration of a milky fluid containing lymphoid cells
could confirm a preoperative diagnosis of lymphangiomal'.

Mesenteric lymphangiomas may behave in an aggressively
invasive manner and grow to an enormous size. The optimal
treatment is radical excision, even when asymptomatic.
However, mesenteric lymphangiomas may cause complications
such as infiltration of the intestine, or involvement of the
main branch of mesenteric arteries or adjacent organs that
necessitate segmental resection of the intestine. Sometimes
radical resection might be technically impossible!"*.
Mesenteric lymphangiomas are very rare, but they can cause
acute abdomen that requires an emergent surgery. Therefore,
they should be included in the differential diagnosis of acute
abdomen.
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