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CARTAS CIENTIFICO-CLINICAS

Tampoco esta establecido hasta qué punto esta reaccion
inmunitaria puede influir en el pronodstico del linfoma. Los
linfomas cutaneos granulomatosos normalmente tienen un
curso lentamente progresivo, aunque cerca del 50% de los
mismos desarrollan linfomas nodales de evolucion fatal.

Resulta paradojica la incongruencia histoldgica (pleo-
morfismo, destruccion de anejos, monoclonalidadT) y la
favorable evolucion clinica con un alto porcentaje de remi-
siones. La histologia y la inmunohistoquimica de momento
no son de ayuda en este sentido. La monoclonalidad hallada
en el infiltrado es sugestiva de proceso linfoproliferativo
maligno pero no es exclusiva, existiendo procesos reactivos,
inflamatorios y o de significado incierto monoclonales?. El
patron de inmunoexpresion de PD-1, que no pudimos deter-
minar en nuestro caso, hubiera podido ayudar al diagnostico
de LCPTPM',

Se ha observado que pacientes con lesiones solitarias
suelen presentar un curso indolente, debiendo evitar tra-
tamientos agresivos y manejar de diferente forma que a
los pacientes con multiples lesiones cutaneas, en los que
la evolucion puede no ser favorable.

En resumen, describimos un caso de LCPTPM granu-
lomatoso en autoinvolucion parcial que, después de la
extirpacion quirirgica, se ha mantenido en remision com-
pleta. Aunque en ocasiones la presencia de granulomas en
la histologia dificulta el diagnéstico’ de la enfermedad pri-
maria y permite su progresion, en otros puede representar
una verdadera reaccion huésped contra tumor y favorecer
su autorresolucion.

Bibliografia

1. Cerroni L, Wiesner T. Cutaneous lymphomas: From morphology
to chip technology. Actas Dermosifiliogr. 2009;100 Supl. 1:3-17.

2. Beltraminelli H, Leinweber B, Kerl H, Cerroni L. Primary cuta-
neous CD 4+ small/medium sized pleomorphic T-cell lymphoma:
A cutaneous nodular proliferation of pleomorphic T lymphocy-
tes of undetermined significance? A study of 136 cases. Am J
Dermatopathol. 2009;31:317-22.

3. Messeguer F, Gimeno E, Agusti-Mejias A, San Juan J. Primary
cutaneous CD4+ small to medium sized pleomorphic T-cell

lymphoma: Report of a case with spontaneous resolution. Actas
Dermosifiliogr. 2011;102:636-8.

4. Brady B, Kamel D, Kiely J, Hennessy B. Dual diagnosis of sarcoi-
dosis and lymphoma. Ir J Med Sci. 2013;182:283-6.

5. Shah A, Safaya A. Granulomatous slack skin disease: A review,
in comparison with mycosis fungoides. J Eur Acad Dermatol
Venereol. 2012;26:1472-8.

6. Dabiri S, Morales A, Ma L, Sundram U, Kim YH, Arber DA,
et al. The frequency of dual TCR-PCR clonality in granulomatous
disorders. J Cutan Pathol. 2011;38:704-9.

7. Carrozza PM, Kempf W, Kazakov DV, Dummer R, Burg G.
A case of Sézary’s syndrome associated with granulomatous
lesions, myelodysplastic syndrome and transformation into
CD30-positive large-cell pleomorphic lymphoma. Br J Dermatol.
2002;147:582-6.

8. Gallardo F, Garcia-Muret MP, Servitje O, Estrach T, Bielsa |, Salar
A, et al. Cutaneous lymphomas showing prominent granuloma-
tous component: Clinico-pathological features in a series of 16
cases. J Eur Acad Dermatol Venereol. 2009;23:639-47.

9. Scarabello A, Leinweber B, Ardigo M, Riitten A, Feller AC,
Kerl H, et al. Cutaneous lymphomas with prominent granu-
lomatous reaction: A potential pitfall in the histopathologic
diagnosis of cutaneous T- and B-cell lymphomas. Am J Surg
Pathol. 2002;26:1259-68.

10. Cetinozman F, Jansen PM, Willemze R. Expression of program-
med death-1 in primary cutaneous CD4-positive small/medium-
sized pleomorphic T-cell lymphoma, cutaneous pseudo-T-cell
lymphoma, and other types of cutaneous T-cell lymphoma. Am
J Surg Pathol. 2012;36:109-16.

M.R. Garcia de la Fuente®*, F. Vilardell-Villellas®,
R.M. Marti-Laborda?
y J.M. Casanova-Seuma?

a Servicio de Dermatologia, Hospital Universitario Arnau
de Vilanova, Lérida, Espana

b Servicio de Anatomia Patoldgica, Hospital Universitario
Arnau de Vilanova, Lérida, Espana

* Autor para correspondencia.
Correo electrénico: mrgarcia_dlf@hotmail.com
(M.R. Garcia de la Fuente).

http://dx.doi.org/10.1016/j.ad.2015.04.018

Intradermal Lipoblastoma-Like
Tumor of the Lip in an Adult
Woman

@ CrossMark

Lipoblastoma intradérmico tumor tipo en el
labio de una mujer adulta

Dear Editor:

Lipoblastoma is a benign adipocytic tumor consisting of lobu-
lated, immature white fat cells with a prominent capillary
pattern and, frequently, a focal myxoid matrix." The tumor
can be localized or diffuse, occurs predominantly in infancy
and early childhood, and affects patients aged 5 years or
younger in 84% of cases.” Nevertheless, rare cases have been
reported in adolescents and adults.>* Most lipoblastomas

are subcutaneous lesions affecting the arms and legs, and
they are more common in male patients.?

We report the case of a distinctive mesenchymal neo-
plasm of the lip showing adipocytic differentiation in an
adult woman. We consider that this tumor is akin to infantile
lipoblastoma. As far as we are aware, only 1 such lesion has
been previously reported.®

A 36-year-old woman presented with a history of a
small asymptomatic, pigmented, raised nodule on the ver-
milion border of the lower lip that had been present for
about 9 months. The patient had not undergone lip pier-
cing, filler injection for lip augmentation, or any other
interventions. Her past medical history was not significant
for systemic disease. Physical examination revealed a soft,
brown-colored, sessile nodule measuring 0.8 x 0.4cm on the
right half of the lower lip. The clinical diagnosis was mela-
nocytic nevus. The lesion was completely removed.
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Figure 1 Partial view of epidermal acanthosis, papilloma-
tosis, and basal hyperpigmentation. Scattered aggregates of
immature fat cells are seen in the submucosa (hematoxylin and
eosin, original magnification x100).

The microscopic study showed a poorly demarcated
lesion, with epidermal acanthosis, irregular papillomatosis,
and hyperpigmentation of the basal layer. Scattered aggre-
gates of immature fat cells replaced much of the submucosa
(Fig. 1), with a preferential perivascular location. These
cells showed variation in size and were multivacuolated lipo-
blasts, which indented the nuclei and were interspersed with
univacuolated lipoblasts that displaced the nuclei and loo-
ked like signet-ring fat cells. Mature adipocytes were scant
(Fig. 2). Hibernoma-like cells were not seen. All the nuclei
were small and monomorphic without atypia. Mitotic figures
were absent. No giant cells, lymphocytes, mucin deposits,
or plexiform vascularization were observed. Dermal aggre-
gates were surrounded by numerous small vessels, and were
incompletely separated by the thick collagenous bundles
of dermis. In the depth of the lesion, lipoblast aggregates
were seen to form part of the adventitia of small veins or
to infiltrate between the fascicles of the orbicularis muscle
(Fig. 3). No birefringence was observed in the adipocytic
cells. Alcian blue (pH 2.5) did not show any acid mucin in
the fat cell groups or in the dermal connective tissue. The
cells stained positively for vimentin and retinoblastoma anti-
body and negatively for AE1/AE3 cytokeratin, CD34, CD31,
CD68, and estrogen receptor. Immature adipocytes showed
moderate amounts of cytoplasmic mitochondria around fat
vacuoles that were visible with the antimitochondrial anti-
body. The amount of mitochondria was not comparable to
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Figure 2 Multivacuolated and univacuolated lipoblasts cons-

titute most of the dermal fat tissue. Mature adipocytes are scant
(hematoxylin and eosin, original magnification x200).

Figure 3 Immature adipocytes can be seen infiltrating bet-
ween the fascicles of the orbicularis muscle (hematoxylin and
eosin, original magnification x100).
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that observed in the brown adipose tissue cells. The neo-
plasm involved the surgical margins.

There has been no local recurrence or metastasis in the
9 months since surgery.

The tumor in the case reported here shared his-
tological features with lipoblastoma, namely prominent
lobulation, immature fat cells consisting of multivacuola-
ted and univacuolated lipoblasts admixed with mature fat
cells, conspicuous capillaries, variably developed collage-
nous septae, and diffuse borders. The clinical manifestations
suggested a diagnosis of melanocytic nevus due to the
concomitant pigmented epidermal lesion. We interpret the
epidermal lesion as a reactive hyperplasia that may accom-
pany lesions of this kind.®

Lipoblastoma occurs primarily in infancy and early child-
hood, but it can be observed in adolescents and young
adults.” Lae et al.?> described 2 cases in women aged 23
and 38 years, and Silverman et al.® reported a recurring
lipoblastoma in a 48-year-old man.

To our knowledge, the present case is the second report
of a lipoblastoma-like tumor of the lip. Jeong et al.® repor-
ted a similar intradermal lesion involving the lower lip of
a 61-year-old woman. The dermal tumor was erythema-
tous, slightly elevated, and measured 2 x 1 cm. The clinical
differential diagnosis included Fordyce spot, nevus lipoma-
tosus superficialis, and foreign body granuloma. The excised
specimen showed abundant dermal lobules composed of
lipoblasts and mature cells. The epidermis above the der-
mal tumor showed acanthosis and irregular papillomatosis,
which is a change similar to that observed in the case we
are reporting. Neither local recurrence nor metastasis was
observed 1 year after surgery.

Lipoblastoma is a benign tumor, but it can return in
9% of cases.”? Recurrence may occur in the form of a
mature lipomatous tumor. The differential diagnosis inclu-
des other dermal tumors with lipoblasts such as atypical
lipomatous tumor/well-differentiated liposarcoma, spindle
cell/pleomorphic lipoma, and myxoid liposarcoma.”

The nature of lipoblastoma remains to be explained. The
structure of the lesion is reminiscent of the development
of white adipose tissue. White embryonal/fetal fat is cha-
racterized by a very close association between adipocyte
development and angiogenesis. Both small univacuolated
and multivacuolated adipocytes form lobules with abundant
delicate branching capillaries. It has been proposed that the
white adipocyte precursor is derived from undifferentiated
mesenchymal cells that reside in the mural cell compart-
ment of the adipose vasculature.’-°

The embryonal/fetal structure of the lipoblastoma and
its occurrence primarily in the very young suggests a hamar-
tomatous lesion.
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