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Cystic hygroma of the breast in a 5 year
old boy presenting as a gynecomastia
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Abstract. - Cystic hygroma, also known as
lymphangioma, are unusual congenital malfor-
mations of the lymphatic system. Cystic lym-
phangioma is a rare lesion in the breast of chil-
dren. Only a few cases have been documented
in literature. We report a rare case of a 5-year-old
boy presented with a gradually enlarging, pain-
less breast mass which was identified sono-
graphically and histologically as a breast lym-
phangioma and treated by surgical excision. A
local excision of the lump was performed and a
diagnosis of cystic lymphangioma was made.
Cyst was surgically removed, with preservation
of normal tissue, and histopathologic findings
showed a lymphangioma. The patient is well, af-
ter one year of follow-up, with no complaints or
recurrence.
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Introduction

Gynecomastia, a benign enlargement of the
male breast due to proliferation of the glandular
component, is a common clinical condition. The
condition is common in infancy and adoles-
cence, as well as in middle-aged to older adult
males. In contrast to gynecomastia in adolescent
boys and men, prepubertal gynecomastia is rare
and should always be considered pathological,
prompting a search for a source of estrogen. Al-
though hyperestrogenemia may be endogenous
or exogenous in origin, most persons with pre-
pubertal gynecomastia have normal serum con-
centrations of sex steroids, and an underlying
cause is not identified'.

Cystic hygromas are slow-growing benign tu-
mours resulting from a developmental anomaly
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of the lymphatic system?. They can occur any-
where in the body, but 75% involve the posterior
neck, 20% the axilla and 1% the mediastinum,
groin, retroperitoneum and breast®. Lymphan-
gioma of the breast is quite rare with only a few
cases being reported in the literature. We present
a case of lymphangioma in the breast of five
years old boy.

Case Report

A boy who was 5 years old presented with a
6-month history of gynecomastia that had ap-
peared gradually and painless swelling in his
left breast. He was the second child of non-con-
sanguineous parents. His medical history and
family history were unremarkable. Mental
development was normal. His family history
was unremarkable.

On physical examination, the patient weight-
ed 12.4 kg (above 25-50™ percentile according
to the Turkish population) and his height was
118.6 cm (25-50" percentile). The patient’s
body temperature, blood pressure, pulse rate
and respiratory rate were 37.2°C, 120/80
mmHg, 80/minute and 20/minute, respectively.
Physical examination revealed a well circum-
scribed, slightly mobile, and tender soft lump
measuring about 6x4 cm, located in the left
breast. His genitalia were prepubertal (Tanner
stage 1). His general physical and systemic ex-
aminations were unremarkable. Laboratory ex-
aminations, including complete blood count,
serum electrolytes, liver function tests, alkaline
phosphatase levels and thyroid function tests,
were all within normal limits. Chromosome
analysis in cultured peripheral blood lympho-
cytes was also normal. Laboratory including en-
docrinological testing (FSH-ICMA 1.08
mlIU/mL, LH-ICMA 0.06 mIU/mL, Estradiol 8
pg/mL) was normal for the age and prepubertal
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stage, including levels of TSH and T,. Values of
tumor markers (AFP, 3-hCG, CEA, and LDH)
were also normal. Ultrasonography of the breast
showed that a big cystic mass located in the left
breast suggestive of lymphangioma.

The patient subsequently had excisional
biopsy of the lump. Macroscopically, the lump
measured 6x4 cm and weighed 20 g. Patholog-
ical gross findings were those of a very large
multiseptate cystic lesion covered with serosa.
Microscopy revealed that the cyst wall had
bundles of smooth muscle with connective tis-
sue. Gross and histopathological examination
confirmed the diagnosis of cystic hygroma.
The patient is followed up regularly and there
is no evidence of recurrence 12 months after
surgery.

Discussion

Cystic hygromas, more widely known as
lymphangiomas, are rare, hamartomatous, con-
genital malformations of the lymphatic system
with no risk of malignant transformation. They
are classified as cavernous, lymphangioma sim-

plex, or cystic lymphangioma®. Cystic lymphan-
gioma is a malformation of the lymphatic sys-
tem. It can affect any site in the body but is seen
more commonly in the head and neck region
and the axilla. It is also reported to occur in the
mediastinum, retroperitoneum, breast and other
regions’. Cystic lymphangiomas most common-
ly affect children. About 90% of these lymphan-
giomas manifest before 2 years of age and are
very rarely encountered in breast. Lymphan-
giomas in children are considered to arise from
sequestered lymphatic sacs that fail to commu-
nicate with the draining lymphatic channels.
This is a widely accepted theory®. However, ab-
dominal trauma, inflammatory process, surgery
or radiation therapy may lead to the secondary
formation of such a tumour’. Typically, lym-
phangiomas are described as fairly well circum-
scribed and soft, as observed in our case. Imag-
ing techniques such as ultrasonography, mam-
mography, and magnetic resonance imaging
may be used to assess, make a clinical diagnosis
and for follow-up?®. Ultrasound of the left breast
in the patient showed a cystic mass in contrast
to glandular tissue seen in gynecomastia. Dif-
ferential diagnosis of cystic condition of the
breast was made after the surgical excision.

Figure 1. A, The patient with left breast mass. B, Ultrasonographic examination showed a large unilocular cystic mass with a
thin wall and clear content.
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Differential diagnoses of the breast cystic
lymphangioma include gynecomastia, neo-
plasms, chronic diseases, trauma, drugs and en-
docrine disorders. Asymmetric gynecomastia is
common, and unilateral gynecomastia may actu-
ally represent a stage in the development of bi-
lateral diseases. Although other disorders such
as neurofibromas, lymphangiomas, hematomas,
lipomas, and dermoid cysts may lead to unilat-
eral, often eccentric breast enlargement. fine-
needle aspiration biopsy may be very helpful in
discriminating between gynecomastia and can-
cer, although a surgical biopsy should be per-
formed if these procedures do not clearly indi-
cate a benign process’. The patient had normal
hormone profile and tumor markers. The diag-
nosis of cystic higroma was made by a histolog-
ical examination. There was no recurrence dur-
ing one year at follow-up.

Surgical excision is the first choice of the treat-
ment in cases of breast cystic lymphangioma'®.
Complete tumor resection has satisfactory results
although few cases of local recurrence have been
described, especially after partial resection. We
were able to achieve total excision of the cyst. Al-
though other types of adjuvant treatment, such as
radiotherapy or injection of sclerosing agents
(OK-432 or bleomycin), have been proposed, they
are still controversial®. In conclusion; the diagno-
sis of cystic hygroma should be considered in chil-
dren who present with a breast mass.
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