Journal of Surgical Case Reports, 2019;1, 1-3

JSCR

Journal of Surgical Case Reports

doi: 10.1093/jscr/rjy336
Case Report

CASE REPORT

Colonic lymphangioma presenting with intermittent

pain and intussusception

Mark M.G. Ly?, Marie Shella De Robles?, Catriona Mckenzie?,
and Christopher J. Young!3*

Department of Colorectal Surgery, Royal Prince Alfred Hospital, Camperdown, New South Wales, Australia,
’Department of Tissue Pathology and Diagnostic Oncology, Royal Prince Alfred Hospital, Camperdown, New
South Wales, Australia, and ®Discipline of Surgery, Sydney Medical School, The University of Sydney, New
South Wales, Australia

*Correspondence address. RPAH Medical Centre, Suite 415/100 Carillon Avenue, Newtown, New South Wales 2042, Australia. Tel: +61-29-519-7576;
Fax: +61-29-519-1806; Email: cyoungnsw@aol.com

Abstract

Background: Cystic lymphangiomas are rare benign tumours and their actual incidence in the colon is unclear. Within the
large bowel, these lesions are often submucosal and are incidental findings on colonoscopy.

Case report: A 43-year-old man with colonic lymphangioma presented with a 7-month history of abdominal pain and altered
bowel habits. Computed tomography showed a cystic mass lesion at the distal descending colon. Colonoscopy revealed a
smooth, polypoid mass, initially thought as an inverting diverticulum. He underwent laparoscopic high anterior resection. The
pathological analysis revealed the descending colon mass to be a lymphangioma with no evidence of diverticulosis.
Conclusion: There is increasing incidence in lymphangioma due to the increasing accessibility to colonoscopy, particularly
for asymptomatic or subacute disease. Although colonoscopic excision, sclerotherapy and use of steroids or fibrin glue have
been advocated as possible modes of treatment, surgical excision is still considered to be the treatment of choice.

INTRODUCTION

Lymphangioma is a neoplasm of lymph vessels that commonly
occur in children and appear in the head, neck and axilla [1, 2].
They are uncommon in the colon and presentations of this dis-
ease are limited to case reports in the literature [3]. Within the
large bowel, these lesions are often submucosal and are often
incidental findings on colonoscopy [3]. The most common pre-
sentations include cystic rupture, bleeding or pain. Rarely do

they cause intestinal obstruction and there are only six
reported cases of lymphangioma causing intussusception [4-9].
Furthermore, colonic lymphangioma is more readily reported
in patients from an East Asian background and most reported
cases are from Japan, Korea and Taiwan [3, 6].

We present a case of subacute intussusception secondary to
a colonic lymphangioma in a Caucasian patient.
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CASE PRESENTATION

A 43-year-old man presented with seven months of intermit-
tent lower abdominal pain and altered bowel habit. The patient
denied having similar symptoms in the past or any history of
abdominal surgery. He had no past medical history or familial
history of colorectal malignancy. On presentation, he appears
well with no tenderness or palpable masses on abdominal
examination. A computed tomography of the abdomen and
pelvis demonstrated a 13 x 10 x 10 mm? ovoid lesion in the dis-
tal descending colon and no evidence obstruction and asso-
ciated regional lymphadenopathy (Fig. 1). A colonoscopy
performed confirmed the ovoid mass, for which an inverted
diverticulum was initially suspected (Fig. 2). Mucosal biopsies
did not demonstrate any pathological changes. The patient
underwent laparoscopic high anterior resection with an
uncomplicated post-operative course and a rapid recovery.

The intussuscepting mass was completely excised with
clear margins (Fig. 3). Histopathology showed a unilocular cyst
in the submucosa with a thin fibrous wall lined by a monolayer
of lymphatic endothelium confirmed with immunohistochem-
istry for D2 40 (podoplanin) consistent with a lymphangioma.
Some smaller lymphatic channels were noted in the cyst wall.
No evidence of diverticulosis was identified (Fig. 4).

DISCUSSION

This is the first reported case of descending colon lymphangio-
ma presenting as an intussusception in a Caucasian patient. At
present, there are only six previous case reports of colonic lym-
phangioma presenting with intussusception [4-9]. Almost all
cases were in East Asian patients and had cystic lymphangioma
in the caecum. Also, unlike previous cases, which reported an
acute hospital admission and emergency surgery, this patient
underwent an elective laparoscopic high anterior resection.

Lymphangiomas can occur anywhere and in any age group.
These benign tumours are very uncommon in the abdomen,
and intra-abdominal lymphangiomas more frequently present
in the small bowel mesentery and are mostly asymptomatic in
adults [1]. Symptomatic intra-abdominal lymphangiomas may
present over months to years if no acute obstruction occurs
and diagnosis is often difficult [1]. In recent years, there is
increasing incidence in lymphangioma due to the increasing
accessibility to colonoscopy, particularly for asymptomatic dis-
ease [3].

Although colonoscopic excision, sclerotherapy and use of
steroids or fibrin glue have been advocated as possible modes
of treatment, surgical excision is still considered to be the treat-
ment of choice [10]. Malignant transformation of colonic lym-
phangiomas does not occur. However, these lesions can still be
complicated by concurrent adenoma or malignancy. Also, the
potential to grow and subsequently cause obstruction or invade
adjacent structures can possibly lead to life-threatening com-
plications. Moreover, removal of the entire lesion as completely
as possible is recognized as the most important factor for redu-
cing the risk of recurrence [10].

Figure 1: Abdominal CT scan of the patient showing a space-occupying lesion
in the distal descending colon.

Figure 2: Colonoscopic finding showing a smooth distal descending colon tumour.

Figure 3: Gross picture of the high anterior resection specimen showing the
descending colon lymphangioma.
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Figure 4: Haematoxylin and eosin stained section ((a) low power magnification, (b) high power magnification) showing a unilocular cyst in the submucosa lined by
lymphatic endothelium with a thin fibrous wall containing occasional bundles of smooth muscle. Some smaller adjacent lymphatic channels are noted at high power.
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