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A refractory pleural effusion caused by a pleural capillary hemangioma
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A 69-year-old man presented with a left pleural effusion. Even after repeated drainage, the pleural effusion had
been increasing for more than two years. Thoracoscopy unexpectedly showed a pleural mass on the parietal
pleura, and it was completely removed. The diagnosis was pleural capillary hemangioma, and the effusion has
not recurred after the resection. Pleural hemangioma is one of the crucial differential diagnoses of refractory

1. Case report

A 69-year-old man presented with a left pleural effusion. Laboratory
data showed slightly increased white blood cells (9170/pL) and C-
reactive protein (0.99 mg/dL). The carcinoembryonic antigen level was
high (10.2 ng/mL), but it decreased spontaneously. brain natriuretic
protein was not increased (<5.8 pg/mL). Positron emission tomography-
computed tomography did not show fluorodeoxyglucose uptake. The
pleural effusion was exudative and lymphocyte-dominant (99%). On
evaluation of the effusion, the cytology was class II, and the carci-
noembryonic antigen level level was not increased (3.3 ng/mL), which
was unlikely for a malignant pleural effusion. Adenosine deaminase was
not increased (20.2 U/L), and acid-fast bacteria stain and sputum and
pleural effusion cultures were negative, which was unlikely for a
tuberculous pleural effusion. Even after repeated drainage, the effusion
had been increasing for more than two years. Accordingly, thoracoscopy
and pleural biopsy were performed. Pleural biopsy did not show any
specific findings, but a pleural mass was unexpectedly found on the
parietal pleura and removed completely (Fig. 1).

A pleural mass was found unexpectedly on the parietal pleura and
removed completely.

There were increased small capillaries (CD34-positive), with no ab-
normalities of endothelial cells or mitoses (Fig. 2).

There were increased small capillaries (CD34-positive), with no

abnormalities of endothelial cells or mitoses evident.

providing supported that the mass was a malformation rather than a
tumor, and it was diagnosed as a pleural capillary hemangioma. After
the surgery, the pleural effusion resolved and did not recur.

2. Discussion

A pleural biopsy is performed to evaluate a pleural effusion, but
about 30% of the cases are of unknown etiology and diagnosed as
nonspecific pleuritis [1].

Generally, hemangioma is a frequently used term, but the definition
of the diagnosis is controversial. For convenience, the diagnosis has been
made according to the size of increased vessels, such as cavernous
hemangioma. Recently, in the International Society for the Study of
Vascular Anomalies classification [2], abnormalities of endothelial cells
or mitoses and the lesion’s development are considered, and the present
case was classified as a capillary malformation.

Capillary hemangiomas usually emerge on or under the skin, and, to
the best of our knowledge, cases of pleural origin have been only a few.
Every case was accompanied by a pleural effusion, but the mechanism of
the effusion is not well known. A hemangioma is considered to result
from genetic abnormalities related to the genesis, development, and
remodeling of vessels [3]. The vulnerability or abnormal function of
increased vessel walls are suggested to make pleural effusion. For the
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Fig. 1. Thoracoscopic findings.

treatment of hemangiomas, dissection, laser radiation, and sclerother-
apy are considered. For pleural hemangiomas, dissection could be
reasonable and radical, and no recurrences of the pleural effusions were
seen after dissection in the reported cases [4].

In the clinical course of nonspecific pleuritis, malignancies could
ultimately be identified, and one year of follow-up has been considered
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sufficient [5]. If a pleural effusion remains after one year of follow-up,
thoracoscopy is recommended and could lead to an unexpected diag-
nosis as this capillary hemangioma case.

3. Conclusion

Though extremely rare, pleural hemangioma is one of the crucial
differential diagnoses of refractory pleural effusion.
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Fig. 2. Pathological findings.
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