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Introduction: Doege—Potter’s syndrome is a rare paraneoplastic syndrome, consisting in hypoglycemia and solitary
fibrous tumor of the pleura. These tumors represent <5% of all pleural tumours and can only be cured by surgery. In this
article, we report a case of a patient presenting with severe hypoglycemia, as the only symptom, and a mass occupying the

entire left hemithorax.

Case presentation: A54 year old female with severe hypoglycemia, a chest radiography with almost total opacifica-
tion of the left hemithorax and a computed tomography scan with a mass in the left hemithorax. Surgery was performed
and a mass with 30cm x 18cm x 11cm weighing 3195g was resected. The postoperative course was uneventful with
immediate resolution of the hypoglycemia. The immunohistochemistry diagnosis was solitary fibrous tumor of the pleura.

Conclusions: Solitary fibrous tumor of the pleura are very rare. Less than 5% are associated with hypoglycemia,
taking the form of Doege-Potter Syndrome. Radiation therapy and chemotherapy have shown low response rate and com-

plete surgical resection is the only procedure that offers cure.

This case reports describes a rare giant solitary fibrous tumor of the pleura with severe hypoglycemia, successfully
treated by surgery. Long-term follow-up of the patient after the surgery is necessary for detection of any possible recurrence.

INTRODUCTION

Doege—Potter’s syndrome is a rare paraneoplastic
syndrome that consists of the association of symptomatic
hypoglycemia, as the result of excessive production of insu-
lin growth factor (IGF) by the tumor cells, with a solitary
fibrous tumor of the pleura (SFTP).!

SFTP are rare mesenchymal tumors representing
<5% of all pleural tumours. These lesions occur predo-
minantly in middle-aged adults with equal gender distri-
bution.? Generally, there is no genetic predisposition or
relationship to the exposure to asbestos, tobacco or any
other environmental agents.?

SFTP can usually be distinguished from malignant
mesothelioma by their radiographic features, gross appea-
rance often pedunculated, immunohistochemistry charac-
teristics and ultrastructural characteristics.*

Most tumors present as well-defined, slow-growing
masses, which can only be cured by surgery.®> Several
case series have demonstrated complete resection to be

associated with low rates of local recurrence and progres-
sion to metastatic disease.®

In this article, we report a case of a patient presen-
ting with severe hypoglycemia and a SFTP occupying the
entire left hemithorax.

CASE REPORT

We report the case of 54-year-old female patient
that presented to the Hospital for persistent dizziness.
Routine blood tests revealed glucose levels of 32 mg/dL,
with no other abnormalities on the remaining parame-
ters. Chest radiograph showed total opacification of the
left hemithorax (Fig. 1a).

The patient underwent a thoracic and abdomen
computed tomography (CT) scan that revealed a 28 10cm
non-calcified mass in the left hemithorax, in contact with
the lateral thoracic wall, well defined against the lung
parenchyma, which it almost totally compressed and with
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(A) - Chest radiograph showed an opacification of the left hemithorax. (B) — Chest radiograph in the pos-operative, with total expansion of the

m feft /Ungl

Thoracic computed tomography before surgery. (A) - Mass occupying almost all the left hemithorax (sagittal view). (B) — Mass with contralateral

Flgure 2 displacement of the mediastinal structure (axial view).

contralateral displacement of the mediastinal structures
but without evidence of mediastinal or hilar lymphadeno-
pathy (Fig. 2).

Surgery was performed under balanced anesthesia
with the use of a double lumen endotracheal tube and one-
-lung ventilation. An antero-lateral thoracotomy through
the sixth left intercostal space was performed. Resection of
2 ribs was required due to the size of the tumor (Fig. 3).
Upon entering the pleura, we visualized a large encapsu-
lated mass (Fig. 4). The tumor was attached to the supe-
rior lobe of the left lung and a wedge resection of this
lobe was necessary. The main vascular pedicle of the tumor
with origin in the mediastinal vessels was ligated with non-
-absorbable suture (Fig. 5).

The well-circumscribed, encapsulated resected mass
was measured to be 30cm x 18cm X 11cm and weighed
3195 g in the fresh state (Fig. 6).

The operation took 117 min and blood loss was 250
ml. The patient remained hemodynamically stable throu-
ghout the procedure. After resection of the mass, the lung
was recruited with positive pressure ventilation, achieving a
good expansion of the remaining lung and no significant air

leak. A thoracic epidural catheter was sited at the end of sur-
gery and was used for post-operative analgesia. The posto-
perative course was uneventful, with total expansion of the
lung (fig. 1b) and no respiratory complications were noted.
Immediate resolution of the hypoglycemia was observed.
The patient was discharged on the 6" postoperative day.

According to the morphology and cellular immuno-
phenotype the diagnosis of malign giant pleural SFT was
signed out.

The patient was observed 5 weeks after surgical
resection. Follow-up chest radiography showed complete
expansion of the left lung and routine blood tests were nor-
mal, with euglycemia.

DISCUSSION AND CONCLUSION

SFTPis a rare tumor with less than 800 cases repor-
ted in the literature. They can be benign (about 80%)
or malign, unique or appear in multiple localizations.”
These tumors can present with various clinical signs and
symptoms, such as dyspnea, chest pain or hemoptysis.
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Figure 3

Figure 5

Surgical approach for mass resection.

Fiqurel6 A macroscopic image of the resected tumor, which
GUNE weighed 3.195¢.

Less than 5% are associated with hypoglycemia, taking
the form of Doege-Potter's Syndrome, a very rare entity.®
This happens due to the ectopic secretion of IGF by the
tumourcells and always resolve following resection of the
tumor.”

A CT scan is a useful diagnostic method that can
identify the localization and size of the lesion and helps
to plan the surgery.

Usually SFTP are a firm and well-circumscribed
mass attached by a pedicle, as in the current case.
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Complete surgical resection is the procedure
of choice for all the SFTP and the only procedure that
offers the cure. Given the relatively indolent nature of
the tumor, radiation therapy is not currently recommen-
ded after resection and chemotherapy have shown low
or questionable response rate.® Long-term follow-up is
necessary, even for localized benign SFTP, because of the
possibility of recurrence.

In conclusion, this case describes a rare giant SFTP,
detected in the context of persistent hypoglycemia that
was successfully treated by surgical resection. As expected,
an immediate resolution of the hypoglycemia occurred.
Given the nature of the tumor a long-term follow-up of the
patient is necessary for detection of any possible recurrence,
though the post-operative period was uneventful and at
1-month follow-up the patient was clinically recovered.
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