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We herein describe the case of an adult with a complicated huge lymphangioma of the
small bowel mesentery. Computed tomography (CT) confirmed a 45 X 30 X 14 cm multiple
and separate, mixed and solid cystic tumor without enhancement by contrast medium in
the abdominal cavity. Mesenteric CT angiography with three-dimensional (3D)
reconstruction showed that the tumor did not involve the first jejunal artery, although
the tumor did involve the subsequent jejunal and ileal arteries and the corresponding
segment of the small bowel. Under anatomic guidance based on mesenteric CT
angiography with 3D reconstruction, we were able to successfully excise the tumor.
Mesenteric lymphangioma should be excised even when the tumor is asymptomatic.
Mesenteric CT angiography with 3D reconstruction is useful for the surgical treatment of

huge mesenteric tumors.
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ymphangioma occurs mainly in children, with
80% to 90% of cases being diagnosed in the first
year of life, and more than 95% of lymphangiomas
are found in the head, neck, and axillary region."?

On the other hand, intra-abdominal mesenteric
lymphangioma is an uncommon tumor, but of the
intraperitoneal sites, the small bowel mesentery is
the most common site (70% of cases).? On occasion,
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RESECTION OF A HUGE MESENTERIC LYMPHANGIOMA

mesenteric lymphangioma has been reported to
grow to an enormous size and to behave aggres-
sively in an invasive manner.”™®

We herein describe the case of an adult with a
huge lymphangioma of the small bowel mesen-
tery—the largest one reported thus far—that was
comglicated with intestinal obstruction and infec-
tion.”® This report emphasizes the fact that the
primary treatment for lymphangioma is radical
surgical excision, even when the tumor is asymp-
tomatic. In addition, mesenteric computed tomog-
raphy (CT) angiography with three-dimensional
(3D) reconstruction was useful in investigating the
spread of the involved small bowel mesentery and
in planning the surgical procedure in our case. We
therefore discuss the role of mesenteric CT angiog-
raphy with 3D reconstruction when planning and
performing surgery for a huge abdominal tumor.

Case Report

A 34-year-old man presented to a previous hospital
with abdominal pain and fever, and he was
transferred to our hospital for the treatment of
intestinal obstruction and sepsis caused by a huge
lymphangioma. He had a medical history of Batter
syndrome, and a huge abdominal tumor had been
pointed out when he was age 18 years, which had
been diagnosed as a lymphangioma by needle
aspiration of the lymphatic fluid contained within it.

He presented with some abdominal swelling that
was not severe, and the previous doctor did not
recommend that he undergo a surgical excision, so
he had been followed up until his current presen-
tation. A physical examination following his transfer
to our hospital revealed distension and tenderness
of the whole abdomen, and no bowel sounds were
audible. Laboratory data showed a high C-reactive
protein value of 38 mg/dL and a prolonged
coagulation time; thus, we diagnosed sepsis and
disseminated intravascular coagulopathy caused by
intestinal obstruction and ischemia. CT confirmed
the presence of a large 45 X 30 X 14 cm multiple and
separate, mixed and solid cystic tumor without
enhancement by contrast medium in the abdominal
cavity (Fig. 1). The tumor compressed some seg-
ments of the small intestine, which were not
involved by the tumor, to the right upper quadrant
of the peritoneal cavity, but we could not identify
the range of normal small intestine (Fig. 2).
Mesenteric CT angiography and processing of the
images with a rendering software program to
reconstruct a 3D model of the mesenteric vessels
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Fig. 1 CT demonstrated that a huge multi-separate mixed solid

and cystic tumor without enhancement by contrast medium
occupied the peritoneal cavity.

helped us understand that the tumor did not
involve the first jejunal artery, although the tumor
did involve the subsequent jejunal and ileal arteries
and the corresponding segment of the small bowel
(Fig. 3). In addition, these studies showed that the
ileocolic artery and colic arteries diverging from the
superior and inferior mesenteric arteries were not
involved. Thus, under the guidance of mesenteric
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Fig. 2 The tumor compressed some segments of the small
intestine, which were not involved by the tumor, to the right
upper quadrant of the peritoneal cavity.
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Fig.3 Mesenteric CT angiography with
3D reconstruction clearly demonstrated
that the first jejunal artery and ileocolic
artery were not involved by the tumor.

CT angiography with 3D reconstruction, we were
able to plan a surgical procedure for radical excision
of the tumor and the corresponding segment of the
small intestine.

The patient was listed for an elective surgical
intervention after 13 days of treatment for sepsis
and disseminated intravascular coagulopathy. Upon
opening the peritoneal cavity, a huge, yellowish
cystic tumor of soft consistency, measuring 40 cm in
diameter, was found (Fig. 4). Abscess formation was
found in the tumor, the jejunum, and its corre-
sponding mesenteric tissue. The tumor was very
close to the superior mesenteric artery and vein, but
we could dissect among them. Based on the
preoperative plan developed using the guidance of
mesenteric CT angiography with 3D reconstruction,
we were able to successfully excise the tumor while
preserving the first jejunal artery and ileocolic artery
with the segments of corresponding small intestine.
Approximately 30 cm of the ileum from the Treitz
ligament, as well as 120 cm of the ileum from the
ileocecal valve, could be preserved, and a jejunoileal
anastomosis was required for intestinal continuity.

Macroscopically, the mucosal surface of the small
intestine was intact, and the cystic tumor, which was
45 X 30 X 14 cm in size and weighed 9800 g, had
many septa and contained yellowish, transparent
fluid (Fig. 5). A histologic examination revealed
variably sized, markedly dilated lymphatic channels
in the mesentery, and all parts of the intestinal
mucosa were covered with a single, flat layer of
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endothelial cells. These endothelial cells were
positive for CD31 and D2-40 but not for CD34, and
the findings were consistent with lymphangioma.
The patient made an uneventful recovery and
was discharged home on the 14th postoperative day.

|

Fig. 4 A huge, yellowish cystic tumor of soft consistency

occupied the peritoneal cavity.
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A follow-up examination at 15 months revealed that
he was fit and healthy and completely symptom-
free.

Discussion

The primary treatment for mesenteric lymphangio-
ma is radical surgical excision, even when asymp-
tomatic, because of its potential to grow enormously
and to cause significant mortality.”® Our case also
presented with a life-threatening complication of
intestinal obstruction and sepsis associated with
disseminated intravascular coagulopathy after the
patient had been followed up for 16 years without
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Fig. 5 Macroscopically, the cystic
tumor had many septa and contained
yellowish, transparent fluid. A histologic

examination revealed variably sized,
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markedly dilated lymphatic channels in
the mesentery, and all parts of the

- - intestinal mucosa were covered with a
single, flat layer of endothelial cells.
These endothelial cells were positive for
CD31 and D2-40, but not for CD34.

any symptoms. Intestinal obstruction and ischemia
related to mesenteric lymphangioma can be induced
by compression or traction by the mass. Thus, this
report also emphasizes the fact that mesenteric
lymphangioma can grow to a huge size and lead
to life-threatening complications. It is also necessary
to consider the fact that mesenteric lymphangioma
may exist even when patients are asymptomatic.
As mentioned above, the optimal treatment for
mesenteric lymphangioma is radical complete exci-
sion, because incomplete resection may lead to
recurrence.””'? If mesenteric lymphangioma infil-
trates the intestine, en bloc resection of the involved
intestine is required. CT can give precise informa-
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tion about the size, anatomic location, extent of
cysts, and involved structures for the surgical
intervention.*'! In this case, the tumor was huge,
it occupied the abdominal cavity, and it was very
difficult to judge the spread of the involved segment
of the mesentery and corresponding small intestine.
Although standard CT has always allowed the
identification of the mesenteric arteries and veins,
it is limited in its ability to adequately image small
branches and complex anatomy. Therefore, we
performed mesenteric CT angiography with 3D
reconstruction for the present case. It clearly
demonstrated the involved segment, and we could
plan a radical excision of the tumor with the
segments of corresponding small intestine. CT
angiography with 3D reconstruction of the mesen-
teric vasculature is widely used in vascular surgery
and interventional radiology for diagnosing and
planning the treatment of median arcuate ligament
syndrome, as well as for mesenteric ischemia,
aneurysms, and vasculitis.!>13 Recently, in the field
of gastrointestinal surgery, prior knowledge of the
mesenteric vascular anatomy obtained using mes-
enteric CT angiography with 3D reconstruction
helped surgeons to accurately plan the surgical
strategy for laparoscopic colorectal surgery, which
led to a reduced risk of complications when
surgeons were faced with anatomic anomalies.'* In
addition, magnetic resonance angiography also
provided an excellent noninvasive screening tech-
nique for the anatomic evaluation of the mesenteric
arteries, and CT angiography has higher spatial
resolution and faster acquisition times, allowing for
the assessment of the peripheral visceral branches of
mesenteric arteries with greater accuracy than MR
angiography.'” Thus, we believe that mesenteric CT
angiography with 3D reconstruction is useful for
planning the surgical procedure for a huge mesen-
teric tumor, as was observed in our case.

In conclusion, mesenteric lymphangioma should
be existed even when it is asymptomatic because of
its potential for massive and invasive growth.
Mesenteric CT angiography with 3D reconstruction
is useful for planning the surgical treatment of a
huge mesenteric tumor, as demonstrated by our
case.
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