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Adrenal endothelial cyst with a
preoperative image suggesting
malignancy™

Quiste endotelial adrenal con imagen
preoperatoria sospechosa de malignidad

Adrenal cyst is an uncommon condition, but its incidence is
increasing with the widespread use of imaging techniques.
Preoperative diagnosis is difficult, and treatment is highly
controversial.

We report the case of a 38-year-old male with an unre-
markable history referred from the emergency room to the
endocrinology outpatient clinic for a 5-cm adrenal mass.
The patient complained of having had pain in the right
hypochondrium for the previous three weeks. This pain was
constant, radiating from the back, and was unrelated to food
intake. The patient attended the emergency room because
of pain persistence. Initial laboratory test results were nor-
mal, and a physical examination revealed pain in the right
hypochondrium on deep palpation. Abdominal ultrasound
was performed to rule out biliary disease. Ultrasound exam-
ination showed a 5.2 cm x 3.8 cm thick-walled, cystic mass
in the right adrenal gland (Fig. 1).

The patient reported no palpitations, headache, or
weight changes. Lumbar pain was the only significant
symptom. Weight was 68 kg, and body mass index 21 kg/m?.
Blood pressure at the clinic was 130/75 mmHg. No Cushin-
goid traits were found. Laboratory tests requested included
catecholamine, metanephrine, vanillylmandelic acid,
and 24-h urine cortisol levels. Test results included:
norepinephrine 20.7 ng/24h (12.1-85.5), epinephrine
<3ug/24h (1.7-22.4), dopamine 215.9 .g/24h (0-498),
metanephrines 152 pug/24h (0-341), normetanephrines
308 wg/24h (0-444), and free urinary cortisol 70.7 ug/24h,
all of them within the normal range. The plasma cortisol
level was 25.1pg/dL, dehydroepiandrosterone sulfate
level 1.6pug/mL (0.9-4.3), and total testosterone level
8.52ng/mL. Suppression after nocturnal administration
of dexamethasone 1mg (23h) was also performed, and
a plasma cortisol level of 0.7 ug/dL was found. A CT
scan showed a high density cystic mass with 5-cm wall
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thickenings in the right adrenal gland showing an increased
uptake (Fig. 2). Although this was a non-functioning lesion,
surgery was decided upon because of tumor size and doubts
concerning its etiology.

An uncomplicated right laparoscopic adrenalectomy was
performed. A pathological study of the specimen revealed
a 5cm x4cm x 2cm mass, 21g in weight, with a smooth
surface and mucinous content. Microscopic examination
revealed a multiloculated lesion lined by a simple flat
epithelium and with a serious content, with abundant blood
vessels with calcifications and cholesterol crystals, consis-
tent with an adrenal endothelial cyst.

The pain improved after surgery, and the patient has been
symptom-free since then.

Adrenal cyst is an uncommon condition. Only 300 cases
have been reported in the literature,’ the first of which was
described in 1690 by the Viennese pathologist Greiselius.3
Adrenal cyst incidence ranges from 0.06% and 0.18% depend-
ing on the series.” Most of them are incidentally diagnosed.
It is more common in females (3:1) and in patients aged
40-60 years. They are usually unilateral and occur with the
same frequency in both adrenal glands. Only 7% of adrenal
cysts are malignant or potentially malignant, and only 0.2%
are metastatic in origin. Several classifications of adrenal
cysts are available, of which the most widely used is the
Foster classification (1966), which divides the cysts into four
types: endothelial cysts (45%), pseudocysts (39%), epithe-
lial cysts (9%), and parasitic cysts (7%).> Endothelial cysts
are divided into lymphangiomatous cysts and cystic heman-
giomas, and epithelial cysts are of an embryonal origin or
cystic adenomas. By contrast, pseudocysts are not true cysts
because they have no lining. They are most probably caused
by bleeding in the adrenal gland with subsequent encapsu-
lation. Finally, echinococcus is the parasite most commonly
found in parasitic cysts." Although cysts do not usually cause
symptoms, they may induce pain due to the compression
of adjacent structures, particularly if they are big. Severe
cases of hypovolemic shock due to bleeding inside the cyst?
or sepsis caused by infection of a pseudocyst® have been
reported.

No agreement exists about the management of adrenal
masses. Surgery is clearly indicated when tumor size is
>6.cm, malignancy is suspected, or progressive growth or
endocrine activity are found. When imaging tests suggest
a benign, non-secreting cyst less than 4cm in size, watch-
ful waiting is the most widely used approach. However, the
therapeutic approach to masses with sizes ranging from 4
and 6 cm is not clear.
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Figure 1  Thick-walled cystic mass in the right adrenal gland.

Figure 2 High-density cystic mass with wall thickenings showing an increased uptake in the right adrenal gland.
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Radiographic findings may be very helpful in deciding
adequate management. A cystic image with fluid contents
and an attenuation coefficient similar to water contain-
ing calcifications (occurring in up to 15% of cases) may
suggest an adrenal cyst. Rozenblit et al. classified non-
functioning cystic adrenal masses into four types based on
radiographic criteria. Uncomplicated cysts are homogeneous
cysts less than 6 cm in size and with a wall less than 3mm
thick; for this variety, regular monitoring is recommended
to detect changes in nature or size. Complicated cysts are
those with high attenuation values or non-homogeneous,
with walls thicker than 5mm or with central or peripheral
thick calcifications. Surgery is recommended for these cysts.
Cysts greater than 5-6cm in size with attenuation values
higher than water or with wall thicknesses between 3 and
5cm are considered indeterminate cysts. For these, lesion
puncture or conservative management may be indicated.’
Fine needle aspiration (FNA) may be helpful for classi-
fying the type of adrenal cyst or for differentiating it
from cysts with other origins (liver, etc.).® FNA should
never be performed for lesions suspected of being para-
sitic cysts or pheochromocytoma. According to Neri and
Nance, this procedure may improve compression symptoms
in some patients while avoiding surgical resection.® How-
ever, other authors think that FNA has a very limited role
for establishing lesion malignancy, and that only the patho-
logical study of surgical specimens can provide a definitive
diagnosis.”

In our patient, surgery was decided upon because the CT
image suggested a malignant lesion. However, an endothelial
cyst was found. Cyst removal was also associated with an
improvement in the symptoms which had led the patient to
seek medical help. Although they are not the most common
etiology of incidental adrenal masses, these cysts should be
considered in differential diagnosis and when treatment is
being decided.

Conflicts of interest

The authors state that they have no conflicts of interest.

References

1. Sanz Mayayo E, Maganto Pavon E, Gomez Garcia |, Mayayo
Dehesa T, Rodriguez Patron R, Garcia Gonzalez R, et al.
Quistes suprarrenales: presentacion de seis casos. Arch Esp Urol.
2003;56:345-53.

2. Rizwan Khan M, Ajmal S, Saleem T. Giant adrenal endothelial cyst
associated with acute and chronic morbidity in a young female:
a case report. Cases J. 2009;2:8841.

3. Schmid H, Mussack T, Wornle M, Pietrzyk M, Banas B. Clinical
management of large adrenal cystic lesions. Int Urol Nephrol.
2005;37:767-71.

4. William F, Young Jr. The incidentally discovered adrenal mass.
N Engl J Med. 2007;356:601-10.

5. Rozenblit A, Morehouse HT, Amis ES. Cystic adrenal lesions: CT
features. Radiology. 1996;201:541-8.

6. Neri LM, Nance FC. Management of adrenal cysts. Am Surg.
1999;65:151-63.

7. Chien HP, Chang YS, Hsu PS, Lin JD, Wu YC, Chang HL, et al.
Adrenal cystic lesions: a clinicopathological analysis of 25 cases
with proposed histogenesis and review of the literature. Endocr
Pathol. 2008;19:274-81.

Nerea Egafia Zunzunegui®*, Alfredo Yoldi Arrieta®,
Cristina Garcia Delgado®, Maite Aramburu Calafell®,
Miguel Goena Iglesias®

a Servicio de Endocrinologia, Hospital de Zumarraga,
Zumarraga, Guipuzcoa, Spain

b Servicio de Endocrinologia, Hospital Donostia, San
Sebastidn, Guipuzcoa, Spain

*Corresponding author.
E-mail address: nereaega@yahoo.es (N. Egaha Zunzunegui).

Unilateral exophthalmos
and hypothyroidism™

Exoftalmos unilateral e hipotiroidismo

Orbital masses and thyroid ophthalmopathy are the most
prevalent causes of uniocular proptosis. We report the case
of a female patient with worsening of a prior unilateral prop-
tosis due to an associated thyroid ophthalmopathy (TO).

A 41-year-old female patient with primary hypothy-
roidism and a congenital staphyloma in her left eye reported
a worsening of proptosis and left retro-orbital pain over the
previous weeks.

A physical examination confirmed a unilateral exoph-
thalmos and ruled out edema or signs of conjunctival
inflammation in either eye. The patient had goiter, which
could be palpated but was not visible even in the extended
neck. There were no adjacent adenopathies. Ultrasound
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examination revealed a heterogeneous gland with no nod-
ules. The left lobe was 3.7cm x 2.0cm x 1.3cm in size, and
the right lobe 3.6cm x 1.5cm x 1.2cm in size.

Blood tests performed some weeks previously had shown
subclinical autoimmune hypothyroidism: TSH 10,337 wlU/mL
(0.3-4.5), free T4 1.04ng/100mL (0.7-2), antiperoxidase
antibodies 817 IlU/mL (0.0-35), antithyroglobulin antibodies
59.41U/mL (0-40). This condition was being treated with
levothyroxine 75 mcg/day.

An orbital CT scan was performed to rule out the pres-
ence of a mass, and it showed the increase in diameter of the
left eyeball which is characteristic of staphyloma and a mild
to moderate bilateral thickening of the extraocular mus-
cles (Fig. 1) suggesting thyroid ophthalmopathy. Anti-TSH
receptor antibody level was 27.5U/L (0-10).

Graves’ or thyroid ophthalmopathy (TO) is a condition
confined to the orbit in which an immune reaction to an
autoantigen, which is probably the TSH receptor, causes
an inflammatory reaction affecting the extraocular muscles
and orbital tissue.! Staphyloma is a bulging of the eyeball
caused by congenital or acquired, unilateral or bilateral
scleral elongation which usually affects the posterior half
of the eye. There are four types of staphyloma: posterior
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