
CASE REPORTS

ABSTRACT

Hemangiolymphangioma is a very rare benign vascular 
tumor that affects the gastrointestinal tract in less than 1% of 
cases. We present the case of an asymptomatic 52-year-old 
female referred for endoscopic colorectal cancer screening. 
A sub-epithelial pediculated polypoid lesion in the splenic 
angle of the colon was identified. An endoscopic ultraso-
nography with a miniprobe was performed, which identified 
an anechoic lesion in the submucosal layer. Surgery was 
performed and the histologic findings were compatible with 
two hemangiolymphangioma lesions. This is one of the few 
cases reported in the literature of hemangiolymphangioma 
diagnosed by miniprobe endoscopic ultrasonography and 
the first to describe two lesions in the same patient. 
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INTRODUCTION 

Hemangiolymphangioma is a very rare benign vascular 
tumor with an incidence of 1.2-2.8/1,000 newborns (1). It 
occurs predominantly in young patients and less than 1% 
affect the gastrointestinal tract (1,2). The lack of effective 
noninvasive diagnostic techniques has led to surgical or 
endoscopic resection. Endoscopic ultrasonography (EUS) 
may play a role in the correct diagnosis and management of 
these lesions. Some authors have suggested that classical 
and asymptomatic lesions of < 2 cm in size do not require 
any intervention due to their benign nature (3). We report a 
case of hemangiolymphangioma in the splenic angle of the 
colon in an asymptomatic patient, diagnosed noninvasively 
using a miniprobe EUS.

CASE REPORT 

An asymptomatic 52-year-old female was referred for endo-
scopic colorectal cancer screening. A colonoscopy identi-
fied a pediculated polypoid lesion in the splenic angle of 

the colon and the lesion was covered with normal appear-
ing mucosa (Fig. 1). A miniprobe high frequency (12-MHz) 
EUS was performed and an anechoic lesion located in the 
submucosal layer was identified. The lesion was 23 x 13 
mm, had well-defined margins with regular borders and an 
intact muscularis propria. It appeared to have one septum, 
without solid components (Fig. 2A and B) and no adenop-
athies were identified. The first diagnostic possibility was 
a colon hemangiolymphagioma. A left hemicolectomy was 
performed due to the size of the lesion and the potential 
complications such as gastrointestinal bleeding and the fact 
that the patient required a definitive diagnosis. There were 
no complications related to the procedure. The macroscop-
ic examination of the excised specimen showed a circum-
scribed polypoid lesion of 2.5 x 1 x 1 cm that was covered 
by a normal appearing mucosa. A submucosal nodular 
area of 0.5 cm was also identified two centimeters above 
the lesion. This lesion was not detected by colonoscopy 
and was therefore not evaluated by EUS. The histological 
examination revealed capillary and lymphatic type blood 
vessels in the submucosa of both lesions, including thin-
walled dilated lymphatic vessels lined by flattened endothe-
lium with an empty lumen (Fig. 3A). Immunohistochemical 
staining was positive for CD34+, CD31+ and factor VIII in the 
endothelial cells of the lymphatic vessels (Fig. 3B-D). There 
was no evidence of malignancy. A definitive diagnosis of 
colon hemangiolymphangioma was made. 

DISCUSSION 

Hemangiolymphangioma is defined as a proliferation or net-
work of vascular spaces or vessels of a varied nature (from 
capillaries to lymphatics), which are lined by benign endo-
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ma characteristics (4). These lesions can be classified as pri-
mary or secondary. The first are considered as a congenital 
malformation of the vascular system and can be explained 
by obstruction of the veno-lymphatic communication (1). 
Secondary hemangiolymphangiomas are usually caused 
by an injury of lymphatic vessels, which induces inappro-
priate lymph fluid drainage and abnormal dilatation and 
mass-like proliferation of lymphatic channels (1,5). The most 
commonly involved sites are the neck and head in 75% of 
cases, followed by the axilla in 20% of cases (6). Less than 
1% affect the gastrointestinal tract and they are more fre-
quently found in the stomach and small intestine; colonic 
and rectal lesions are extremely rare (5). However, the rou-
tine use of colonoscopy has led to a higher diagnosis rate. 
Colon hemangiolymphangiomas most commonly affect the 
transverse colon followed by the ascending colon, cecum and 
descending colon. The colonic lesions are solitary in 95% of 
the cases (3). To our knowledge, this is the first case described 
with two lesions. Previously reported cases of colonic heman-
giolymphangiomas were diagnosed during middle age, as 
in our patient, with both genders being equally affected (2). 
The clinical presentation is variable, depending on the size 
and consequent mass effect or complications. The majority 
of cases are asymptomatic, according to the scarce literature 
on the subject (7). However, unspecific symptoms or signs 
such as abdominal pain, vomiting, anemia and gastrointes-
tinal bleeding can be present in some cases (2,7). Gastroin-
testinal obstruction has also been described (8). In our case, 
the identification of this lesion was an incidental finding, 
which is in agreement with most reported cases. The diag-
nosis of hemangiolymphangioma can be difficult and there 
are different diagnostic possibilities such as duplication cysts, 
benign multicystic peritoneal mesothelioma, lipoma, leiomy-
oma, gastrointestinal stromal tumors and other submucosal 
tumors (9,10). It is now possible to perform a non-invasive 
diagnosis due to the development of EUS. EUS imaging can 
clearly identify the layer of origin, echogenicity, the presence 
of septa and the integrity of subjacent layers. This helps to dif-
ferentiate these lesions from other subepithelial lesions and 
make a precise diagnosis. Classic EUS findings of hemangi-
olymphangioma in the colon are submucosal anechoic cystic 
spaces, with or without septations, intact muscularis propria 
and no solid components (3). These characteristics allowed us 
to make the diagnosis in our case. Miniprobes with higher fre-
quencies also have an important role in the diagnosis, as they 
allow the accurate differentiation of all the layers of colon 
wall and the evaluation of small lesions. We used a 12MHz 
frequency EUS in our case. This is one of the few cases report-
ed in the literature of hemangiolymphangioma diagnosed by 
miniprobe EUS. Some studies have suggested that asymp-
tomatic lesions with a classical appearance and < 2 cm in size 
can be managed without any intervention due to the benign 
nature of these lesions (3). However, symptomatic or larger 
lesions that can result in complications should be resected, 
either by endoscopic polypectomy or surgery. Surgery was 
performed in our case, which was agreed with the patient. 
This was due to the lesion size, the lack of knowledge of the 
potential malignancy and the frequency and method of sur-
veillance. The histological findings confirmed our diagnosis. 

CONCLUSION 

The diagnosis of colon hemangiolymphangioma can be 
a challenge. However, miniprobe EUS can be helpful to 

Fig. 1. Colonoscopy showing a sub-epithelial pediculated 
polypoid lesion that is covered by a normal appearing 
mucosa.

Fig. 3. Histological examination. A. Thin-walled dilated 
lymphatic vessels lined with flattened endothelium with 
an empty lumen (HE stain, x100). B-D. Immunostaining 
with CD34+ (x400), CD31+ (x100) and factor VIII (x100), 
respectively, for endothelial cells.

Fig. 2. Endoscopic ultrasonography. A and B. An anechoic 
lesion located in the submucosal layer, with one septum, 
well-defined margins and regular borders.

thelial cells and supported by connective tissue (4). There-
fore, hemangiolymphangiomas are composed of blood and 
lymphatic vessels with both hemangioma and lymphangio-
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achieve a correct diagnosis and for the management of 
these lesions. The anechoic cystic appearance of a submu-
cosal colonic lesion with septations and intact muscularis 
propria may be sufficient to diagnose this rare entity. Fur-
thermore, EUS can prevent surgical treatment in asymp-
tomatic patients with small lesions.
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