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Aggressive Extra-Ocular Sebaceous
Carcinoma Originating from Lumbar Skin
with Disseminated Lymphadenopathies:
A PET-CT Evaluation: Case Report

Lomber Deriden Kéken Alan ve
Yaygin Lenfadenopatilerle Seyreden
Agresif Ekstra-Okiiler Sebase Karsinoma:
PET-BT Degerlendirmesi

ABSTRACT Sebaceous carcinoma (SC) is a malignant adnexal tumor, usually originating from eye-
lids. Extra-orbital sebaceous carcinoma is a rare carcinoma localized commonly in head and neck
region. Although extra-orbital SC has an indolent course, it may have highly invasive properties and
may cause distant metastases rapidly. We report a 46 year-old-woman with extra-orbital SC origi-
nating from lumbar skin. Just after two months from the excision of primary lesion, patient read-
mitted with axillary lymphadenopathies. positron emission tomography (PET-CT) was used for
evaluation of both extent of disease and treatment response. Partial remission was observed with
docetaxel treatment. This case illustrates how extra-ocular SC can behave aggressively despite the
traditional belief. PET-CT can help to evaluate the extent of disease and response to therapy.
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OZET Sebase karsinom, genellikle goz kapaklarindan kéken alan malign deri eki tiimoriidiir. Eks-
tra-okiiler sebase karsinomlar nadir olup, siklikla bas-boyun bolgesinde gozlenirler. Her ne kadar
yavas seyirli olarak bildirilseler de bazi vakalarda yiiksek bir invaziv potansiyel gozlenir ve uzak me-
tastaz saptanabilir. Bu vakada lomber deriden kéken alan ekstra-okiiler sebase karsinomlu 46 yasin-
da bir kadin hasta takdim edildi. {lk lezyonun cerrahi olarak ¢ikarimindan sadece iki ay sonra
hastada aksiller lenfadenopatiler saptandi. Pozitron emisyon tomografi (PET-BT) hem hastalik yay-
giligini hem de tedavi yanitimi degerlendirmek amaciyla kullanilds. Tkinci basamak tedavide kul-
lanilan dositaksel rejimi ile parsiyel yanit gozlendi. Bu vaka, ekstra-okiiler sebase karsinomun zaman
zaman nasil bir agresif seyir izleyebilecegini gostermektedir. PET-BT hastalik yayginligini ve teda-
vi yanitini1 degerlendirmede etkin bir yontem olabilir.

Anahtar Kelimeler: Sebase karsinoma; lomber bélge; pozitron emisyon tomografi
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ebaceous carcinoma (SC) is a malignant adnexal tumor with variable

sites of origin, histological patterns and clinical presentations. Eyelid

SC is the most common type of SC and comprises 1-5.5% of all eyelid
tumors.! Extra-orbital SC accounts only 25% of all cases, arising mostly from
the head and neck region.” It typically presents as a slow growing mass and
is believed to be an indolent tumor with better prognosis compared to its oc-
ular counterpart’, although there are some reports claiming the contrary.?
To our knowledge, this is the first report of SC originating from lumbar re-
gion. Moreover, this case is associated with generalized involvement of
lymph nodes which is exceedingly rare.
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There are not only limited data available on
the use of positron emission tomography with com-
puterized tomography (PET-CT) in non-melanoma
cutaneous cancers;*® but there is also only one ca-
se report utilizing PET-CT in the follow-up of oc-
ular SC.” We present a patient with very aggressive
SC developing rapidly disseminated lymphadeno-
pathies shortly after the excision of the primary le-
sion on the back. The diagnosis of the disseminated
disease and response to treatment was evaluated
with PET-CT.

I CASE REPORT

A 46-year-old woman was admitted to our hospital
with a rapidly growing nodular mass on her lower
back. The lesion was present for about ten years;
however, it growed up from 1 cm to 6 cm in the last
three months. On physical examination, the lesion
was fixed, non-tender and yellowish in color. Wi-
de surgical excision of the lesion was performed. Di-
agnosis of SC was made. Although tumor was well
differentiated, it had a high mitotic activity. By im-
munohistochemistry, tumor cells were positively
stained with EMA and LMWK; however, Melan A,
S 100, CEA, CD 15 and mucin were negative.

FIGURE 1: PET-CT images showing bilateral inguinal lymph nodes, medi-
astinal and axillary lymph nodes with 18F-FDG uptake, respectively.
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One month later, she noticed a new mass on
her left axillary region. Physical examination reve-
aled multiple fixed lymphadenopathies in her left
axillary and inguinal regions; the biggest one was
4x3 cm in diameter. The tru-cut biopsy of the ingu-
inal lymph node revealed SC infiltration. To exc-
lude the Muir-Torre syndrome, abdominopelvic
and thorax CT were done which revealed no vis-
ceral pathologies. The extent of disease was evalu-
ated with PET-CT. After overnight fasting, 0.15 m
Ci/kg intravenous 18-FDG glucose was injected.
Two hours and sixteen minutes after the injection,
pathological increased uptake of 18-FDG glucose
uptake was observed in paratracheal, mediastinal,
subcarinal lymph nodes and bilateral inguinal
lymph nodes (Figure 1). Initial SUV maximum of
lesions were 13. There was no pathological uptake
in the pulmonary nodule. Chemotherapy regimen
with cisplatin 75 mg/m?on day 1, and tegafur 300
mg/m?*on days 1-14 for every 21 day cycle was star-
ted. After two cycles of the chemotherapy, prog-
ressive disease was noted and docetaxel 100 mg/m?
on day 1, for every 21 day cycle was administered.
Response to treatment was evaluated with PET-CT
and partial remission was observed (Figure 2). PET-

FIGURE 2: PET CT images showing increased 18F-FDG activity in the left
inguinal region.
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CT revealed that pathological uptake of 18-FDG
glucose was completely disappeared in bilateral ax-
illary lymph nodes and right inguinal lymph no-
des; while other pathological 18-FDG glucose
uptakes remained. Written consent of the patient
was obtained.

I DISCUSSION

Extra-orbital SC occurs most frequently in older
women in their 6" and 7 decades of life. These tu-
mors usually localize in the head and neck region
where most of the sebaceous glands are found.? Less
common locations include submandibular gland,
buccal mucosa, laryngeal and pharyngeal cavities,
extremities, sole, the dorsum of great toe and ex-
ternal genitalia.*®® To our knowledge, this is the
first report of extra-ocular SC originating from
lumbar region. Moreover, disseminated lymphatic
metastases beyond regional lymph nodes have ne-
ver been reported. Despite the general belief of in-
dolent behavior,>1011
disseminated disease within two months.

our patient developed

The association with the Muir-Torre syndro-
me should be also considered, because 30% of pa-
tients with this syndrome may have synchronous
sebaceous carcinoma.'?" In our patient, there was
no family history of hereditary cancers or sebace-
ous carcinomas. Gynecological exam revealed no
abnormalities. Fecal occult blood tests were perfor-
med three times; all were negative. There was no
evidence of visceral malignancy detected by CT.
Therefore, Muir-Torre Syndrome was thought to
be very unlikely.

Diagnosis of sebaceous carcinomas may be dif-
ficult and histopathologically, orbital SC must be
differentiated from other cutaneous malignant ne-
oplasms and cutaneous metastases of clear cell car-
cinomas like renal cell, breast, bladder and prostate
cancer, and immunohistochemical analysis may be
useful in differentiation.' Primary cutaneous neo-
plasms including clear cell squamous carcinoma,
apocrine hydradenocarcinoma, clear cell syringo-
id carcinoma and clear cell porocarcinoma may be
confused with SC.
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Today, wide surgical excision of tumor with
involved regional lymph node removal is the ac-
cepted treatment for extra-ocular SC. There was a
small lesion on our patient’s lower back for ten ye-
ars, indicating that it was low grade. However, it
had grown faster during previous three months
and in our opinion; a transformation to higher
grade occurred. In our case, relapse occurred only
two months later, not only at regional lymph no-
des but also at distant sites like mediastinal and
axillary lymph nodes, although in literature drai-
ning lymph nodes were involved in only a few ca-
ses.

There is no standard chemotherapy regimen
for metastatic SC except for isolated case reports
using cisplatin-based combinations with variable
responses. We used cisplatin and an oral 5-FU de-
rivative, tegafur because of the histological origin
of the tumor. After two courses of treatment, pro-
gression was observed and chemotherapy regimen
was changed to docetaxel as a single agent." There
was partial response to this treatment, which was
also confirmed with PET-CT. Up to now, there was
one more case report utilizing PET-CT in the fol-
low-up of SC.7

I CONCLUSION

Our case illustrates that extra-ocular SC may show
a very aggressive biological manner with rapid
spread. The patients with SC must be in a close fol-
low-up and any signs of lymphatic or hematoge-
nous spread must be treated aggressively. Because
of this rarity, there is no standard treatment sche-
dule other than surgical excision with involved re-
gional lymph node dissection, where possible.
Additionally, in sight of this case report, we may
conclude that the ability of FDG-PET to find syste-
mic metastatic sites which could not be detected
with conventional imaging is valuable in patients
with extra-ocular sebaceous carcinoma, and may
result in important changes in staging and mana-
gement. More studies are needed to delineate to
optimum treatment strategy and imaging techni-
ques.
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