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OLGU SUNUMU CASE REPORT

Penile Sarcoidosis: A Rare Initial
Manifestation

Penil Sarkoidoz: Nadir ilk Tutulum

Sibel Doruk!, Eyip Sabri Ucan?, Faruk Dogan®, Funda Tasli*, Hasan Umut Kantarci®, Gilistan Karadeniz!,
Kemal Can Tertemiz?
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Abstract

Ozet

Sarcoidosis is a multi-systemic disease and genitouri-
nary involvement is rarely seen. Penile involvement is
even rarer among genitourinary sarcoidosis. In this
article, we present two cases of penile sarcoidosis.
The first case was admitted to our urology clinic with
penile itching and pain and his symptoms did not
improve with non-specific antibiotic therapy. In biopsy,
non-caseified granulomatous inflammation was de-
tected. He did not have any systemic and pulmonary
compliant. The second case was admitted to our
urology clinic with penile nodules and nodules were
excised for diagnosis. In dermis biopsy, multiple mul-
ti-nuclear giant cells and granulomas were detected.
He had shortness of breath, wheezing, and sweating.
He was treated with systemic prednisolone. Both
cases were successfully treated with pharmacological
treatments.

Key words: : Sarcoidosis, genitourinary sarcoidosis,
penile sarcoidosis.

Sarkoidozis genitouriner sistemin nadiren tutuldugu
sistemik bir hastaliktir ve penis tutulumu ise genitoiri-
ner sarkoidoz olgular arasinda ¢cok daha nadir géri-
[Gr. Bu makalede penis sarkoidozu tanisi konulan ve
takip edilen iki olgu literatir esiliginde sunulmustur.
ilk olgu troloji klinigine peniste kagint ve agn yakin-
masi ile basvurmustu ve bu yakinmalar nonspesifik
antibiyotik tedavi ile gerilememigti. Biyopside nonkazi-
fiye granilomatéz inflamasyon izlendi. Herhangi bir
sistemik ve solunumsal yakinmasi yoktu. Lokal korti-
kosteroid tedavi verildi. Ikinci olgu da Groloji klinigine
peniste nodil yakinmasi ile basvurmustu ve nodil
eksize edilmisti. Biyopsi érneginde dermisde multinuk-
leer dev hicreler ve granilomlar izlendi. Nefes darli-
g1, hinlt ve terleme yakinmasi olan hastaya sistemik
prednizolon tedavisi baslandi. iki olgunun da yakin-
malar uygulanan bu tedaviler ile dizeldi.

Anahtar Sézciikler: Sarkoidoz, genitouriner sarkoidoz,
penis sarkoidozu.

Sarcoidosis is a multi-systemic disease, character-
ized by non-caseified granulomatous inflammation.
In particular, mediastinal lymph nodes, lungs, skin,
eyes, and liver are the most affected organs (1).

Genitourinary system involvement is very rare

(0.2%). In 1936, the first case of testicular sar-
coidosis was published by Schaumann and, then,
the other genitourinary organs involvements such
as prostate, epididymis, penis, scrotum, and sper-

matic cord have been reported (2).
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CASE

Case 1: A 31-year-old male was admitted to our urology
clinic with of penile itching and pain for two weeks. Physi-
cal examination revealed penile erythema and swelling.
The patient was treated with sulbactam-ampicillin for 14
days; however, his symptoms did not improve with this
therapy. In further examination, three nodules were de-
tected (two nodules were approximately 1 cm in-size in
the dorsal penis and other nodule was approximately 2
cm in the ventral penis) and these nodules were excised.
In biopsy, non-caseified granulomatous inflammation was
detected (Figure 1 and 2). The patient was admitted to
the pulmonary medicine outpatient clinic with a prelimi-
nary diagnosis of sarcoidosis. The patient had no system-
ic complaints and also he did not define any symptom
suggesting nephrolithiasis, erythema nodosum, uveitis or
arthritis. His physical examination findings were normal.
Routine biochemical analysis, urine analysis, erythrocyte
sedimentation rate, and abdominal ultrasonography were
normal. Several perihilar lymphadenopathy, which was
the largest diameter as 3 c¢cm and several pulmonary
milimetric nodules, which were the largest diometer as 7
mm were detected in thoracic computed tomography
(Figure 3 and 4). Pulmonary function test (PFT) results
were normal [FEV1/FVC: %80, FEV1: 4.98 L (114%),
FVC: 6.23 L (119%), PEF: 8.23L (83%), FEF25-75: 5.23L
(108%)]. Tuberculin skin test was non-reactive and serum
angiotensin converting enzyme (ACE) level was 102 U/L
(elevated). He was treated with local corticosteroid thera-
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Figure 1: Non-caseifed granulomatous inflammation (H&E X100)
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Figure 2: Non-caseifed granulomatous inflammation (H&E X100)

Case 2: A 39-year-old male was admitted to our urology
clinic with penile nodules and nodules were excised for
diagnosis. In his dermis biopsy, multiple multi-nuclear
giant cells, histiocytes, and granulomas were detected.
The patient was admitted to the pulmonary medicine
outpatient clinic with shortness of breath, wheezing, and
sweating. Bilateral reticular and reticulonodular densities
and mediastinal enlargement were seen in PA chest X-ray.
In PFT’s, FEV1 and FVC were 2.60 L (71%) and 2.85 L
(78%), respectively and FEV1/FVC 91%. Biochemical
analysis, urine analysis, and erythrocyte sedimentation
rate were normal. Fiberoptic bronchoscopy was per-
formed. In bronchoalveolar lavage (BAL) fluid, 40% lym-
phocytes, 55% histiocytes), and 5% neutrophils were de-
tected. In transbronchial lung biopsy, non-caseified gran-
uloma was seen. Also, the CD4/CDg ratio in the BAL fluid
was 6.5. Serum ACE level was 162 U/L. The patient was
diagnosed with Stage Il pulmonary sarcoidosis and penile
sarcoidosis. He was treated with 32 mg/day oral predni-
solone to resolve his systemic and pulmonary symptoms.
After one month, penile lesions and respiratory symptoms
improved with the treatment and serum ACE level de-
creased to 16.6 U/L. Prednisolone dose was gradually

reduced and discontinued at six months.

Figure 3: Hiler lymph nodes
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Figure 4: Paranchimal pulmonary nodules

DISCUSSION

Sarcoidosis is a multi-systemic disease characterized by
non-caseified granulomatous inflammation with an un-
known etiology (1). Pulmonary involvement was detected
90% of the cases and the most common symptoms are
cough, shortness of breath, and pleuritic chest pain (3). In
these cases, mediastinal lymph nodes and several pul-
monary milimetric nodules were seen in thoracic comput-
ed tomography. The patients may have any systemic
complaint; therefore, we do not need to perform system-
atic screening with gallium-67 scintigraphy or positron
emission tomography (4). The most common radiograph-
ic findings of thoracic involvement are mediastinal and
hilar lymphadenopathy with or without pulmonary paren-
chymal involvement (5). In our cases, we found mediasti-
nal lymphadenopathy and pulmonary parenchymal nod-
ules, as expected. Extrapulmonary involvements such as
cardiovascular system, nervous system, upper respiratory
tract, kidneys, spleen, thyroid, gastrointestinal tract, and
musculoskeletal involvement is rare (0.4 to 5%) (3,6).
Genitourinary tract involvement is much more uncommon
(0.2%), and usually gives no symptom with a clinically
silent presentation (7,8). Clinical course and prognosis of
the disease are influenced by ethnic and genetic factors.
Extrapulmonary involvement is more common in African-
Americans. More than 50% of genitourinary sarcoidosis is
observed in African-American men, while less than 10% is
seen in males (1). Hence, our cases were characterized
by a rare involvement. In the literature, it has been re-
ported that male genitourinary sarcoidosis usually in-
volves the scrotum (1). Another interesting feature of our
cases is the only penile involvement seen in the genitouri-
nary system.

On the other hand, examination of non-caseous granu-
lomatous inflammation in extrapulmonary organs or fis-
sues is insufficient for the definite diagnosis of sarcoidosis.
In these cases, pulmonary assessment should be also

performed (9). Therefore, posteroanterior chest X-ray,
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kidney and liver function tests, urine analysis, electrocar-
diography, tuberculin skin test, and eye examination are
recommended (10). However, our cases had no patholo-
gy as assessed by the aforementioned tests and the tuber-
culin skin test was non-reactive.

In addition, serum ACE level is widely used in the evalua-
tion of patients with sarcoidosis. Serum ACE level is rec-
ommended as an indicator of activation of the disease for
using in follow-up, but not for diagnosis (11). In the sec-
ond case, systemic symptoms resolved and serum ACE
level decreased, following systemic prednisolone therapy.
Based on the presence of mediastinal lymph nodes, in-
creased serum ACE levels, and pathological examination
findings of penile nodules, we diagnosed the first case
with sarcoidosis. We did not perform any invasive proce-
dure for the diagnosis of mediastinal lymph nodes. In the
second case, we performed fiberoptic bronchoscopy, due
to respiratory and systemic symptoms. Increased
CD4/CD8 ratio, lymphocytic alveolitis, non-caseified
granuloma in the transbronchial lung biopsy and in-
creased serum ACE level supported the preliminary diag-
nosis.

Furthermore, systemic corticosteroids can be used for the
treatment of genitourinary sarcoidosis as pulmonary sar-
coidosis (10). As the first case did not suffer from any
complaints, we planned to follow without systemic treat-
ment. For the second case, we initiated 32 mg/day sys-
temic prednisolone. Penile lesions and respiratory symp-
toms improved with this freatment.

In conclusion, we emphasize that sarcoidosis is a multi-
systemic disorder, although the involvement of the genital
system is quite rare. Therefore, systemic evaluation of
suspected sarcoidosis, as in the other systematic diseases,
is of utmost importance. Sarcoidosis should be consid-
ered in the differential diagnosis of papules or nodules in
the genital area.
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