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Cystic lymphangioma is also known as cystic hygroma, and this is a congenital malformation
of the lymphatic system. Most lymphangiomas are present at birth and they are diagnosed by
the age of 2. They are mostly located in the neck or axillary region. The breast as a site of ori-
gin is an extremely unusual location, and especially in adults. We report here on a case of cys-
tic lymphangioma in a 36-year-old woman. Physical examination revealed a tender cystic mass
in the upper outer quadrant of the right breast. Ultrasonography revealed an irregular hypoe-
choic mass lesion that was associated with irregular duct dilatation and several enlarged axil-
lary lymph nodes. After the operation, the mass was revealed to be a cystic lymphangioma.
Although it is very rare, cystic lymphangioma should be considered in the differential diagno-
sis of a breast mass in adults.
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Cystic lymphangioma is a vascular malformation rather than
a true neoplasm, and this lesion is believed to result from a fail-
ure of the lymphatic system to connect with the venous system.1

This malady predominantly occurs in children and most cases
present by the second year of life.2Ninety percent of the cases show
occurrence of lesion in the neck or axillary region.1,3 Those lesions
existing in the breast, and especially in adults, are quite rare. To
the best of our knowledge, only 11 cases of lymphangioma in
the breast have been reported in the English literature1-11 and 2
cases have been reported in the Korean literature.12,13 Here we
report on an additional case of cystic lymphangioma in a 36-year-
old woman.

CASE REPORT

A 36-year-old woman visited to our hospital with a progres-
sively enlarged mass located in the upper outer quadrant of her
right breast. There was no associated nipple discharge or other
clinical symptoms. The past medical history included appendec-
tomy in 1989 and 2 Cesarean sections in 1994 and 1999. The

physical examination revealed a tender, slightly movable multi-
cystic mass in the upper outer quadrant of the right breast. The
overlying skin and areola were unremarkable. Ultrasonography
and mammography of the breast showed multiple irregular hypoe-
choic lesions associated with irregular duct dilatation (Fig. 1) and
there were several enlarged lymph nodes in the right axilla. The
breast lesion was radiologically suspicious for breast cancer and
so the fine needle aspiration cytology (FNAC) was performed.
FNAC showed a few lymphocytes in the background of pinkish
white amorphous aspirated fluid, and so this was considered to be
a benign cystic lesion. Mass excision was performed after obtain-
ing the consent of the patient.

On gross examination, the cut surface of the breast showed an
ill-demarcated grayish-white multicystic lesion that contained
light yellow fluid. There was a large central cystic lesion that mea-
sured 4×3 cm at the diameter. Microscopically, the central cys-
tic lesion showed an empty space lined by attenuated endothe-
lial cells. The periphery of the cystic lesion showed many dilated
thin-walled and thick-walled lymphatic spaces that were lined
by endothelial cells. The lymphatic lumina were empty or they
were filled with proteinaceous material, lymphocytes and rare
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red blood cells. In the surrounding stroma, there was a mild patchy
infiltration of lymphocytes, and lymphoid follicles were rarely
noted. On immunohistochemical staining, the lining cells of
the lymphatic spaces were strongly positive for CD34 (Fig. 2).
The final diagnosis was a cystic lymphangioma of the breast. The
patient’s postoperative recovery was uneventful. The patient was
asymptomatic, but recurrent cystic lesions around the previous
excision site were found on ultrasonography after 11 months of
follow-up.

DISCUSSION

Cystic lymphangioma is a malformation that arises from seques-
tration of lymphatic tissue that fails to communicate in a normal
fashion with the lymphatic system; that is believed to result from
a failure of the lymphatic system to connect with the venous

system.1,3,11 The other etiologic factors of cystic lymphangioma
include obstruction of the lymphatic channels with secondary
dilatation, congenital weakness of the lymphatic wall and pro-
liferation of the lymphatic vessels.5 Cystic lymphagioma is often
associated with chromosomal abnormalities and other anatomi-
cal anomalies including Turner’s syndrome, trisomy 21 and tri-
somy 18, as well as mosaic trisomy.1

More than 90% of cystic lymphangiomas are presented in
childhood and they are diagnosed by the age of 2. In almost all
cases, the lesions are predominantly located in the neck or axil-
lary region.1,3 The breast as an origin site of lymphangioma, and
especially in adults, is an extremely unusual location. A review
of the literature revealed only a few documented cases of cystic
lymphangioma of the breast.1-13 The age distribution of the report-
ed cases was from 4 months to 49 years, and most cases were main-
ly located in the upper outer quadrant of the breast such as our
case. This anatomical pattern of distribution is related to the dr-
ainage pattern of the lymphatics in the breast, which is mainly
towards the tail and the axilla.2,3 Our case presented with a pro-
gressively enlarged mass located in the upper outer quadrant of
the right breast in a 36-year-old woman.

Lymphangiomas are classified into the three subtypes, and these
include simple lymphangioma, cavernous lymphangioma and
cystic lymphangioma. The cystic lymphangioma is character-
ized by large, cyst-like spaces filled with clear lymph fluid and
the spaces are lined by flat endothelial cells. The cyst lumen is
empty or filled with proteinaceous fluid, lymphocytes and some-
times red blood cells.1 The differential diagnosis of cystic lym-
phangioma includes simple cyst, a post-surgical liquid collec-
tion, hematoma, abscess and hemangioma. Simple cysts are usu-
ally bilateral and they often occur in other regions of the breast.

Fig. 1. The ultrasonography shows an irregular cystic lesion in the
upper outer quadrant of the right breast (arrow).

Fig. 2. The lesion shows a central large cyst lined by attenuated endothelial cells (A) and the lining cells of the spaces are strong positive
of CD34 immunostaining (Inset). The periphery shows cystic spaces which are filled with proteinaceous fluid and some lymphocytes (B).
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They show a cyst with turbid yellow or greenish fluid without
lining cells. Hemangiomas generally appear with thick walled
blood vessels with many red blood cells.1,3,5 There was no histo-
ry of breast surgery, trauma or infection in our case. 

The treatment choice for cystic lymphangioma is surgical re-
moval, but there may be difficulty in obtaining safe margins due
to the tendency of these lesions to infiltrate the surrounding tis-
sues.1 There is a high risk of incomplete excision, and this can
possibly lead to rapid recurrence such as in our case. Our case showed
cystic lesions that were considered to be a recurrent lymphangioma
around the previous excision site at 11 months postoperatively.

In conclusion, we report here on a rare case of cystic lymphan-
gioma of the breast in a 36-year-old woman, and we include a
review of the relevant literature. Although the incidence of this
disease is extremely rare in the adult breast, cystic lymphangioma
should be considered in the differential diagnosis of an irregular
cystic mass of the breast.
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