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INTRODUCTION

Cutaneous plasmacytosis is a rare entity of un-
known etiology characterized by the benign prolif-
eration of polyclonal plasma cells."” Classically, it
presents as reddish-brown plaques and papulonod-
ules favoring the trunk and face. The disorder has
been predominantly identified in people of Asian
descent, although scattered cases involving patients
of other ethnicities have been reported.” As yet, no
standardized therapy has been established, and the
disease typically follows a chronic and benign
clinical course. Here we describe a unique case of
treatment-responsive cutaneous plasmacytosis pre-
senting as ulcerative nodules in a Central American
patient.

CASE REPORT

A 77-year-old Honduran woman presented with a
2-week history of new-onset, asymptomatic ulcers
on her abdomen. Lesions began as small pustules
and evolved into ulcers. She was otherwise well and
denied any fevers, chills, malaise, or weight loss. The
patient had no history of trauma, immunobullous
disease, or autoimmune disorder. Her medical his-
tory included diabetes and hypertension. Travel
history was significant for a recent month-long stay
in Honduras. Medications included metformin, sita-
gliptin, amlodipine, metoprolol, and aspirin. At the
time of examination, she was afebrile, with normal
blood pressure and heart rate. Skin examination was
notable for several well-circumscribed nontender
ulcers of varying sizes, each with a bright red base
of granulation tissue (Fig 1). There was no palpable
lymphadenopathy.

Biopsy of an ulceration found a moderately
dense superficial and deep perivascular and

Abbreviation used:

IL: interleukin

Fig 1. Well-circumscribed nontender large and small
ulcers with bright red base of granulation tissue (arrows).
Hyperpigmented plaques denoting healed ulcerations
(asterisks).

interstitial infiltrate comprised predominantly of
plasma cells lacking cytological atypia (Fig 2).
Immuno-histochemical analysis found a normal
k/A light chain ratio, and no microorganisms were
identified by Gram, Periodic acid—Schiff, acid-fast
bacillus, or Treponema pallidum stains. Molecular
studies failed to reveal a clonal immunoglobulin
gene rearrangement.

Laboratory workup including serum and urine
protein electrophoresis, complete blood count,
chemistry panel, liver function, lactate dehydroge-
nase, HIV, abdominal ultrasound scan, and
dual-energy x-ray absorptiometry scan were unre-
markable, supporting a diagnosis of cutaneous
plasmacytosis without systemic involvement.
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orthokeratosis and hypergranulosis overlying a moderately dense superficial and deep
perivascular and slightly interstitial infiltrate comprised predominantly of plasma cells with
admixed lymphocytes and a few histiocytes. Most plasma cells have uniform nuclei without
cytological atypia. (Hematoxylin-eosin stain; original magnifications: A, X4; B, X20.)

Table 1. Cases of cutaneous plasmacytosis in which ulceration was reported

Study Age Sex Clinical presentation No. of lesions Location Treatment
Anténio et al* 67 F Ulcerated erythematous 1 Face Hydrocortisone cream
plaque every night at bedtime
for 1 mo
Cerottini et al’ 920 M Ulcers with diffuse, Multiple Legs —
patchy
hyperpigmentation
Khullar et al® 45 M Hyperpigmented plaque 1 Upper back Clobetasol propionate

with ulcerated nodule

0.05% cream twice a day
for 4 weeks + excision

The ulcers were treated with monthly intrale-
sional injections of 10 mg/mL of triamcinolone and
twice-daily application of topical mupirocin oint-
ment. Upon healing, maintenance therapy with
fluocinonide daily was initiated to the affected areas.

DISCUSSION

Here we describe a patient that presented with
ulcerations in lieu of the papulonodules and plaques
characteristic of cutaneous plasmacytosis. A report
by Anténio et al” identified a patient who similarly
presented with ulceration as the sole manifestation
of cutaneous plasmacytosis. As with our patient,
there were no systemic symptoms of disease, and the
ulceration responded to treatment with subsequent
healing. This ulcerative presentation and responsive-
ness to treatment deviates from the classic depiction
of cutaneous plasmacytosis in Asian patients. It is
plausible that such cases represent a unique variant
of the disease distinct from the Asian variant. At this
time, we have identified only 3 cases of cutaneous
plasmacytosis in which ulceration was reported
(Table )."° Additional patients are needed to further
investigate this hypothesis.

Cutaneous plasmacytosis typically follows a
chronic, benign course, but a few cases have been
reported to progress to systemic plasmacytosis. The
most common extracutaneous manifestations are
lymphadenopathy and polyclonal hypergammaglo-
bulinemia.” Renal amyloidosis, interstitial pneu-
monia, and hepatosplenomegaly occur less
frequently.”” Serum immunoglobulin levels greater
than 5000 mg/dL and bone marrow plasma cell
percentage greater than 7% portend a more aggres-
sive clinical course.’

Although the etiology of cutaneous plasmacytosis
remains unknown, it has been postulated that the
cytokine interleukin (IL)-6 is involved in pathogen-
esis. IL-6 promotes antibody production and drives
the differentiation of mature B cells into plasma cells.
Importantly, overexpression of IL-6 in mice results in
a plasmacytosis.” Accordingly, serum elevations of
IL-6 have been reported in patients with cutaneous
and systemic plasmacytosis.'’ It is plausible that
some type of insult, such as infection, autoimmune
dysregulation, or genetic mutation, induces a local-
ized or systemic increase in IL-6 that results in
plasmacytosis.
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Fig 3. Resolution of ulcers with postinflammatory hyper-
pigmentation (asterisks). Four to six weeks after intrale-
sional triamcinolone injection. Small erosion from a
resolving ulcer (arrow).

Although there is no standardized treatment, a
trial of topical and systemic corticosteroids, tacroli-
mus, psoralen ultraviolet A, photodynamic therapy,
and pulsed dye laser are reported with varying
success.' "7 Our patient responded well to a com-
bination of intralesional triamcinolone and mupir-
ocin with complete healing of the lesions within a
few months (Fig 3). Fluocinonide cream was then
used as needed for maintenance therapy and to
ameliorate pruritus associated with the healing
ulcers. At the time of this report, one and a half years
after presentation, the patient has had no associated
systemic signs or symptoms.

Ulcerative cutaneous plasmacytosis is a unique
manifestation of an already extremely rare disease.
The identification of additional cases with this pre-
sentation will enable the further characterization of
this reactive process and its clinical course.

JAAD CASE REPORTS
JunE 2019

REFERENCES

1. Yashiro A. A kind of plasmacytosis: primary cutaneous
plasmacytoma? Jpn J Dermatol. 1976;86:910.

2. Kitamura K, Tamura N, Hatano H. A case of plasmacytosis with
multiple peculiar eruptions. J Dermatol. 1980;7:341-349.

3. Uhara H, Saida T, lkegawa S, et al. Primary cutaneous
plasmacytosis: report of three cases and review of the
literature. Dermatology. 1994;189:251-255.

4. Antdnio AM, Alves JV, Coelho R, Bartolo E. Solitary ulcerated
plaque on the face - an unusual presentation of cutaneous
plasmacytosis? An Bras Dermatol. 2017;92(3):410-412.

5. Cerottini JP, Guillod J, Vion B, Panizzon RG. Cutaneous
plasmacytosis: an unusual presentation sharing features with
POEMS syndrome? Dermatology. 2001;202:49-51.

6. Khullar G, Narang T, De D, Chougule A, Handa S. Isolated
benign primary cutaneous plasmacytosis in an adult Indian
male. Dermatology Online J. 2016;22(1). pii: 13030/
qt6tb095tb.

7. Wagner G, Rose C, Klapper W, Sachse MM. Cutaneous and
systemic plasmocytosis. J Dtsch Dermatol Ges. 2013;11(12):
1161-1167.

8. Lee TG, Jeong WS, Moon SH, et al. Cutaneous and systemic
plasmacytosis associated with renal amyloidosis. Ann Derma-
tol. 2015;27(6):759-762.

9. Suematsu S, Matsuda T, Aozasa K, et al. IgG1 plasmacytosis in
interleukin 6 transgenic mice. Proc Natl Acad Sci U S A. 1989;86:
7547-7551.

10. Kodama A, Tani M, Hori K, et al. Systemic and cutaneous
plasmacytosis with multiple skin lesions and polyclonal hyper-
gammaglobulinaemia: significant serum interleukin-6 levels.
Br J Dermatol. 1992;127(1):49-53.

11. Kaneda M, Kuroda K, Fujita M, Shinkai H. Successful treatment
with topical PUVA of nodular cutaneous plasmacytosis asso-
ciated with alopecia of the scalp. Clin Exp Dermatol. 1996;21(5):
360-364.

12. Tzung TY, Wu KH, Wu JC, Tseng HH. Primary cutaneous
plasmacytosis successfully treated with topical photodynamic
therapy. Acta Derm Venereol. 2005;85(6):542-543.

13. Gilliam AC, Mullen RH, Oviedo G, et al. Isolated benign primary
cutaneous plasmacytosis in children: two illustrative cases.
Arch Dermatol. 2009;145(3):299-302.


http://refhub.elsevier.com/S2352-5126(19)30140-7/sref1
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref1
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref2
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref2
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref3
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref3
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref3
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref4
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref4
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref4
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref4
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref4
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref5
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref5
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref5
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref6
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref6
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref6
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref6
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref8
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref8
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref8
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref9
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref9
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref9
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref10
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref10
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref10
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref11
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref11
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref11
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref11
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref12
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref12
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref12
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref12
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref13
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref13
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref13
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref14
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref14
http://refhub.elsevier.com/S2352-5126(19)30140-7/sref14

	Ulcerative cutaneous plasmacytosis
	Introduction
	Case report
	Discussion
	References


