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ABSTRACT

Anastomosing hemangioma of the liver (AHL) is a very rare condition and limited to a few cases. It is often confused with
well-differentiated angiosarcomas and causes overtreatment. In this report, we present a 53-year-old female patient diag-
nosed with AHL. Since the tumor is rarely seen, it is important to define well the imaging and pathological features for pre-

venting unnecessary surgeries and related morbidities.
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Anastomosing hemangioma is a rare benign vas-
cular tumor which first described in 2009 in the
genitourinary system [1]. Although it is mostly en-
countered in the retroperitoneum and kidney, it has
also been reported in the adrenal gland, testis, ovary,
spermatic cord, mesentery, gastrointestinal tract, and
liver [2, 3]. Anastomosing hemangioma of the liver
(AHL) is a very rare entity and up to 30 cases have
been published in English literature, with no mean-
ingful characteristics such as age, gender, or lobar pre-
cedence [4]. The tumor can easily be confused with
well-differentiated angiosarcomas in radiological and
even histopathological examinations [5]. In this re-
port, we present the imaging and pathological signs of
a patient with AHL.

CASE REPORT

A 53-year-old female was directed to our center due
to a suspicious liver neoplasm on abdominal ultra-
sonography of the other center. The patient, who was
cholecystectomized for gallstones 5 years ago, had
complaints of bloating for 12 years. There was no cig-
arette smoke or alcohol exposure and a family history
of malignancy. No pathological finding was detected
in the physical examination. In laboratory analysis,
liver function tests were normal, viral hepatitis mark-
ers were negative, and the alpha-fetoprotein level was
2.64 ng/mL (normal range, 0-9). Magnetic resonance
imaging (MRI) of the upper abdomen showed 2 2.5 cm

diameter lesion in liver segment 2. The tumor was hy-
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FIGURE 1. Abdominal CT. A 2.5 cm lesion in the left lobe of
the liver, with dense contrast-enhancement in both arterial
and late phases.

pervascular in the arterial phase and hypodense com-
pared to the liver in the hepatobiliary phase in MRI.
Abdominal computed tomography (CT) revealed the
lesion enhanced both arterial and late phases (Fig. 1).

Due to the high suspicion of angiosarcoma on
imaging, the patient underwent laparoscopic left lobe
segment 2 resection. In the histopathological examina-
tion, a neoplasm characterized by anastomosis of thin
capillary-like vessels and no cytological atypia or mito-
sis was observed. The neoplastic cells usually revealed
the morphology of flattened epithelium and occasional
hobnail appearance (Fig. 2). In immunohistochemical
studies, neoplastic cells were positive with vascular
markers such as CD31, CD34, and ERG. Desmin,
Cam 5.2, Heppar, HMB45, and HHV8 were negative
(Fig. 3). Ki-67 proliferation index was low. The patient
herewith was diagnosed with AHL and the tumor did
not recur or metastasized during the 6-month follow-
up. Written informed consent for publication of their
details was obtained from the patient.

DISCUSSION

AHL is usually incidental and has changeable radio-
logical features that may overlap with angiosarcoma. In
the largest series of five patients examining the radio-
logical features of AHL, more characteristic features
such as peripheral or diffuse hyperintensity on diffu-

FIGURE 2. Hematoxylin and eosin staining. (A) Low magni-
fication reveals multiple capillaries with variable sizes and
accompanying congestion. The infiltrative appearance rais-
es suspicion of angiosarcoma. (B) At high magnification,
anastomosing sinusoidal channels lined by flattened endo-
thelium lacking cytologic atypia and mitosis are observed.

FIGURE 3. Immunohistochemistry. A and B indicate CD31
and CD34 positive neoplastic cells, respectively. C and D
show Heppar and Cam 5.2 negativity, respectively.

sion-weighted imaging, arterial hyperenhancement
without globular interrupted enhancement, and per-
sistent enhancement without complete filling in the
delayed phases were defined, recently [6]. Histopatho-
logically, anastomosing hemangiomas are comprised of
tightly packed capillary channels with anastomosing
architecture which show hobnail appearance and non-
lobular growth pattern imitating well-differentiated
angiosarcomas. However, a high grade of cytological
atypia and mitotic activity, and the absence of multi-
layering endothelial cells are the main clues in the dif-
ferential diagnosis [7, 8].

Since anastomosing hemangiomas can be seen in
many intra-abdominal organs, especially in the retroperi-
toneum and kidneys, imaging should be carefully exam-
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ined in terms of other organ involvement in patients with
AHL. In our case, no extrahepatic involvement was de-
tected in abdominal MRI or CT.

No distant metastasis, recurrence, or hemorrhag-
ic complication has been notified in the published
cases to date, either after surgical resection or in
treatment-free surveillance [4, 9]. Therefore, being
aware of this benign tumor and well knowing its
radiological and pathological features are of great
importance in preventing unnecessary surgeries and
related morbidities.

Informed Consent: Written informed consent was obtained from
the patient for the publication of the case report and the accompa-
nying images.

Conflict of Interest: No conflict of interest was declared by the
authors.

Financial Disclosure: The authors declared that this study has re-
ceived no financial support.

Authorship Contributions: Concept — RI, OK; Design — RI, OK;
Supervision — OK; Materials — RI, BB; Data collection and/or process-
ing — RI, BB; Analysis and/or interpretation — RI, BB, OK; Literature
review — RI; Writing — RI; Critical review — OK.

REFERENCES

1. Montgomery E, Epstein JI. Anastomosing hemangioma of the gen-
itourinary tract: a lesion mimicking angiosarcoma. Am ] Surg Pathol
2009;33:1364-9. [CrossRef]

2. O'Neill AC, Craig JW, Silverman SG, Alencar RO. Anastomosing
hemangiomas: locations of occurrence, imaging features, and diagnosis
with percutaneous biopsy. Abdom Radiol 2016;41:1325—32. [CrossRef]

3. JohnlI, Folpe AL. Anastomosing hemangiomas arising in unusual loca-
tions: a clinicopathologic study of 17 soft tissue cases showing a predi-
lection for the paraspinal region. Am J Surg Pathol 2016;40:1084-9.

4. Merritt BA, Behr S, Umetsu SE, Roberts J, Kolli KP. Anastomosing
hemangioma of liver. ] Radiol Case Rep 2019;13:32-9. [CrossRef]

5. Gonzalez SP, Wachtel MS, Onkendi EO. Operative management of
T1b gallbladder carcinoma with concurrent hepatic anastomosing
hemangioma. Cureus 2019;11: e5081. [CrossRef]

6. Lunn B, Yasir S, Lam-Himlin D, Menias CO, Torbenson MS, Ven-
katesh SK. Anastomosing hemangioma of the liver: a case series. Ab-
dom Radiol (NY) 2019;44:2781~7. [CrossRef]

7. Lin], Bigge J, Ulbright TM, Montgomery E. Anastomosing hemangio-
ma of the liver and gastrointestinal tract: an unusual variant histologi-
cally mimicking angiosarcoma. Am ] Surg Pathol 2013;37:1761-5.

8. Sun K, Wei JE Zhao M, Teng XD. Anastomosing hemangioma of
the liver containing eosinophilic hyaline globules. Int J Clin Exp Med
2017;10:7291-5.

9. Peng X, Li]J, Liang Z. Anastomosing haemangioma of liver: a case re-
port. Mol Clin Oncol 2017;7:507-9. [CrossRef]


https://doi.org/10.1097/PAS.0b013e3181ad30a7
https://doi.org/10.1007/s00261-016-0690-2
https://doi.org/10.1097/PAS.0000000000000627
https://doi.org/10.3941/jrcr.v13i6.3644
https://doi.org/10.7759/cureus.5081
https://doi.org/10.1007/s00261-019-02043-x
https://doi.org/10.1097/PAS.0b013e3182967e6c
https://doi.org/10.3892/mco.2017.1341

