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Recurrent Lower Gastrointestinal Bleeding from Congenital Arteriovenous
Malformation in the Terminal lleum Mimicking Intestinal Varicosis:

A Case Report

We report on an exceptional vascular cause of gastrointestinal hemorrhage. A 30-
yr-old man was admitted because of recurrent hematochezia. Colonoscopy showed
circumferential, erythematous, and nodular vascular distensions with hematocystic
spots in the terminal ileum resembling varicosis and subsequent computed tomog-
raphy with 3-dimensional angiographic reconstruction revealed a vascular archi-
tecture around the terminal ileum. No other potential source of bleeding was iden-
tified. The patient was treated by ileocecectomy and the final diagnosis was of an
arteriovenous malformation confined to the terminal ileum. He has been followed-

up without a further hemorrhagic episode.
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INTRODUCTION

Vascular lesions of the small intestine and colon are com-
mon causes of acute or chronic gastrointestinal hemorrhage,
and arteriovenous malformations (AVMs) are an important
vascular cause of obscure and intermittent gastrointestinal
bleeding (1). Histologically, AVMs are persistent communi-
cations between thick-walled arteries and veins without inter-
vening capillaries and are divided into true or congenital and
acquired forms according to their locations and age at their
presentations. Although the endoscopic appearances of AVMs
occurring in gastrointestinal tracts are not distinctive, some
reported cases were observed as flat or mildly elevated hem-
orrhagic spots or erosions, while others have been appeared
as polypoid masses. AVMs are usually small, single, and are
located mainly in the rectum and descending colon in case
of congenital or true AVMs, unlike acquired AVMs which
are located mainly within the right colon. AVMs are relative-
ly uncommon in the small bowel, and it is extremely rare that
they present as a circumferential, transmural, and dilated
vascular structure encasing only the terminal ileum and mim-
icking intestinal varicosis.

We report a rare case in which a transmural AVM mim-
icking intestinal varicosis and encasing the terminal ileum

746

Jae Hee Cheon, Ho June Song,
Joo Sung Kim, Kyu Joo Park?*,

Woo Ho Kim', Hyun Chae Jung,
In Sung Song

Departments of Internal Medicine, Surgery*, and
Pathology', Liver Research Institute Seoul National
University College of Medicine, Seoul, Korea

Received : 5 October 2005
Accepted : 31 March 2006

Address for correspondence

In Sung Song, M.D.

Division of Gastroenterology, Department of Internal
Medicine, Seoul National University College of
Medicine, 28 Yeongeon-dong, Jongno-gu, Seoul
110-744, Korea

Tel: +82.2-760-3344, Fax : +82.2-743-6701

E-mail : issong@snu.ac kr

circumferentially. The lesion was successfully treated by sur-
gical resection.

CASE REPORT

A 30-yr-old man was transferred to our hospital for the
investigation and management of intermittent hematochezia
for a S-yr duration. On admission, the patient was severely
anemic (Hb 7.2 g/dL). He was not being prescribed a non-
steroidal anti-inflammatory drug, nor was suffering from
portal hypertension or liver disease. There was no history of
a peptic ulcer, and examinations of skin, oral, and anal mucosa
revealed no abnormal findings. His liver function test was
normal.

An urgent upper endoscopy was performed and yielded a
result within normal limits. Subsequent colonoscopy revealed
a circumferential erythematous, nodular, and elevated lesion
with hematocystic spots in the terminal ileum resembling
varicosis (Fig. 1). Computed tomography (CT) scans with
3-dimensional angiographic reconstruction showed a vascu-
lar tuft located around the terminal ileum (Fig. 2). To exclude
other synchronous intraluminal sources of bleeding in the
small bowel we performed enteroclysis, which revealed a
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segmental, nodular, and uneven elevated lesion with a length
of 10 cm in the terminal ileum (Fig. 3). No further lesion
was found to be suspected as being another bleeding source.
The patient was treated by ileocecectomy, which encompass-
ed the nodular and dilated vascular structure in the termi-
nal ileum that resembled a varicosis lesion on gross inspec-
tion (Fig. 4). Surgical biopsy specimens revealed dilated vas-
cular channels with a thickened wall involving the entire
bowel wall and secondary arterialization of veins consistent

Fig. 1. Colonoscopic view of the arteriovenous malformation. This
image shows circumferential, erythematous, tortuous vascular dis-
tensions with hematocystic spots in the terminal ileum, resembling
the varices seen in the esophagus of patients with portal hyper-
tension.
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with an AVM (Fig. 5). His postoperative course was unevent-
ful, and the patient has been followed-up without a further
episode of hemorrhage.

DISCUSSION

Despite dramatic improvements in diagnostic and thera-
peutic modalities, it is not always possible to determine the

%

Fig. 3. Finding of enteroclysis revealed a segmental, nodular, and
uneven elevated lesion with a length of 10 cm in the terminal
ileum, with no other obvious source of hemorrhage in the remain-
ing small bowel (arrow).

Fig. 2. Computed tomography
(CT) scan finding with 3-dimen-
sional angiographic reconstruc-
tion. The high-density architec-
ture encasing the terminal ileum
was identified on arterial phase
CT (A) with delayed enhance-
ment on venous phase. This
three-dimensional angiogra-
phic reconstruction reveals a
vascular tuft with a long drain-
ing vein in the right lower quad-
rant area (B). Arrow, arteriove-
nous malformation.
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Fig. 4. Photograph of ileocecectomy specimen showing a nodu-
lar dilated vascular lesion at luminal surfaces in the terminal ileum
(arrow).

appropriate diagnosis and treatment for vascular lesions, such
as, vascular ectasia, hemangiomas, Dieulafoy lesions, and
AVMs. In particular in the case of AVMs, no distinctive endo-
scopic or radiologic appearance has been elucidated because
of their rarity, terminologic inconsistencies, and the diverse
natures of their endoscopic morphologies. The presented case
describes an unusual AVM that involved the full thickness
of the terminal ileum, mimicking intestinal varicosis on endo-
scopic and gross inspection. Endoscopic finding of our case
which demonstrates dilated and tortuously distended vascu-
lar tufts with red markings is a typical feature of intestinal
varicosis (2, 3). The majority of AVMs reported are focal, flat,
or mildly elevated with erythematous spots or erosions, and
a minority of AVMs have polypoid or pedunculated masses
(4-6). A MEDLINE search revealed that only a small pro-
portion of AVMs mimic intestinal varicosis with transmural
involvement of the small and/or large bowel, and no endo-
scopic pictures were provided (7-9). We found only one case
of an AVM with complete endoscopic pictures and gross pic-
tures of dilated, tortuous, vascular tufts similar to our case.
It involved the entire colon without displaying a vascular
texture by angiography (10).

Although AVMs can occur in jejunum (11), the most com-
mon sites of involvement of true congenital AVMs are the
rectum or sigmoid colon. Many reports have suggested that
they are most common in the cecum and ascending colon,
but the terminologic confusion concerning the differentia-
tion of angiodysplasia and acquired AVMs, which mainly
develop in right colon, from congenital AVMs may have
influenced the results. True AVMs are developmental and
mainly occur in the rectum or sigmoid colon of patients
younger than 50 yr, and correspond to type 2 lesions accord-
ing to Moore’s classification (12). Acquired AVMs or angio-
dysplasia correspond to type 1 according to this classifica-
tion and occur in patients older than 50 yr. AVMs in younger
patients tend to occur at atypical sites such as in the small
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Fig. 5. Photomicrograph of a pathological specimen revealing dilat-
ed thick-walled vascular structures involving all layers of the bowel
wall (hematoxylin-eosin, original magnification x 12.5). Arrowheads,
arteriovenous malformation.

bowel, but no segmental form of AVM has been previously
reported to involve only the terminal ileum in a cylindrical
manner.

The usefulness of CT for the detection of sources of gastroin-
testinal bleeding has been recently described in the context
of imaging modality developments (13). In the present case,
we petformed CT with a 3-dimensional angiographic recon-
struction instead of conventional mesenteric arterial angiog-
raphy because we did not consider invasive radiological thera-
peutic intervention as a potential elective hemostatic modal-
ity, and because we required an evaluation of the relation
between the vascular architecture and the bowel wall. In
addition, our case would not have been suitable for endoscop-
ic therapeutic options. Ultimately, surgical resection offers
the best chance of curative treatment in such situations.

In conclusion, we experienced a rare case of a segmental
transmural AVM involving the terminal ileum and mimick-
ing intestinal varicosis, which presented as a case of recurrent
lower gastrointestinal hemorrhage, and which was success-
fully treated by surgical resection.
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