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CASE REPORT

A Rare Case of Onychopapilloma Presenting as a

Longitudinal Erythronychia
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Onychopapilloma is a rare benign neoplasm of the nail bed
and the distal matrix. It is the most common cause of mono-
dactylous localized longitudinal erythronychia. Splinter hem-
orrhage, onycholysis or distal splitting are usually accom-
panied due to the subungual keratotic growth located in the
corresponding linear streak. A 50-year-old female was re-
ferred for the evaluation of 1-mm width of erythematous
band on the left thumbnail. Distal onycholysis and splinter
hemorrhages were seen along the streak with a thread-like
horny papule beneath the edge of the nail plate. On histo-
pathologic examination, papillomatosis and acanthosis were
observed in the distal nail bed epithelium. The upper layers
of the nail bed epithelium showed matrix metaplasia. The
nail plate specimen revealed subungual hyperkeratosis with
focal hemorrhage. The histopathological findings confirmed
the clinical diagnosis of onychopapilloma. Herein, we report
a rare case of onychopapilloma presenting as a longitudinal
erythronychia. (Ann Dermatol 32(1) 74~76, 2020)
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INTRODUCTION

Onychopapilloma is a rare benign tumor occurring in the
nail bed and the distal matrix and found most frequently
in the middle aged female'. It commonly affects a single
nail, mostly on the thumb, with longitudinal erythronychia
beginning from the nail matrix and extending to the ony-
chocorneal band”. Since the naming of the disease was fi-
nalized in 2000 by Baran and Perrin®, there have been on-
ly a limited number of reports on the disease™*’, and its
characteristics have not been fully understood yet. To the
best of our knowledge, only four cases have been re-
ported in the Korean literature®’. Herein, we present an
uncommon case of onychopapilloma presenting as a lon-
gitudinal erythronychia.

CASE REPORT

A 50-year old female was referred for the evaluation of
1-mm width of a single longitudinal erythematous streak
on the left thumbnail, which was gradually widened for
three years. The patient complained of a dull pain, espe-
cially when picking up small objects. Distal onycholysis
and splinter hemorrhages were observed along the band
with a solitary hyperkeratotic papule on the hyponychium
(Fig. 1). To aid diagnosis and relieve the discomfort, the
nail plate extraction and a longitudinal excisional biopsy
from the nail bed to matrix were performed. Histopatho-
logic examination revealed no significant changes in the
nail matrix while the nail bed epithelium showed prom-
inent papillomatosis and acanthosis. The upper layers of
the nail bed consisted of epithelial cells with abundant eo-
sinophilic cytoplasm reminiscent of the keratogenous zone
of the matrix, which indicates matrix metaplasia of the nail
bed. In addition, layered hyperkeratosis and focal hemor-
rhages were found beneath the nail plate (Fig. 2). Based
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Onychopapilloma with a Longitudinal Erythronychia

Fig. 1. (A) Longitudinal erythema-
tous streak on the left thumbnail (red
arrow), distal onycholysis (yellow ar-
row) and splinter hemorrhages (green
arrow) observed along the linear
band (top view). (B) A solitary hyper-
keratotic warty or thread-like subung-
ual papule on the left thumb tip
(black arrows) (front view).
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Fig. 2. (A) Longitudinal biopsy spe-
cimen of epithelium from the nor-

mal nail matrix to the papilloma-
tous nail bed (H&E, scanning vi-
ew). (B) Nail bed epithelial cells
with abundant eosinophilic cytopl-
asm indicating matrix metaplasia
(H&E, %x200). (C) Papillomatosis and
acanthosis with thickened fibrovas-
cular stroma in the nail bed (H&E,
% 100). (D) Subungual layered hy-
perkeratosis with focal hemorrhage
(H&E, x100).

on these clinical findings and histopathologic features, the
patient was diagnosed with onychopapilloma.

DISCUSSION

Onychopapilloma is the most common cause of localized
longitudinal erythronychia (LLE), which sometimes mani-
fests as leukonychia®® or melanonychia®’. Distal subung-
ual hyperkeratosis is one of the most significant clinical
signs of onychopapilloma; splinter hemorrhages, onychol-
ysis and distal splitting also accompany the disease occa-
sionally. The symptom varies from none to pain, but the
tumor usually interferes in the grabbing motion”.

The pathogenesis of longitudinal erythronychia is still un-
certain whether it is caused by the neoplastic or reactive
process in the distal matrix which may create a defect in

its function. A consequential nail plate thinning forms lon-
gitudinal groove in the ventral surface and accentuates a
subtle reddish band with splinter hemorrhages due to en-
gorged nail bed epithelium trapped in the furrow. The
weakened plate sometimes leads to a triangular notch at
the distal nail table and a subungual keratotic mass is ex-
posed at the hyponychium'®"".

Dermoscopically, many of the nail diseases presenting LLE
have enlarged ends in the lunula, whereas the proximal
verge of the streak in onychopapilloma is not completely
clubbed, showing pointed edge shapes. Dermoscopic ap-
proach at the distal edge seeks out a thread-like papule
underneath the plate corresponding to the red line, which
is a highly suggestive sign for diagnosis’.

Histologically, papillomatous acanthosis and abundant eo-
sinophilic cytoplasm in the upper layers of nail bed epi-
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thelium are commonly identified, which indicates matrix
metaplasia'’. Focal subungual hyperkeratosis with hemor-
rhages is also one of the diagnostic features, whereas the
nail matrix usually suggests nonspecific changes.

Other benign nail tumors that exhibit LLE, such as glomus
tumor and subungual wart can be differentiated by their
distinct clinical signs®'®"*"*. The former shows a history
of a painful nail, particularly exacerbated by cold, and is
not associated with a free edge keratotic mass. The latter,
on the other hands, presents multiple black specks on the
surface and accompanies periungual lesions occasionally.
Early stages of other nail disorders with polydactylous er-
ythronychia such as Darier’s disease and lichen planus
should be also considered'®, but typical cutaneous or mu-
cosal involvement usually precedes the nail symptom. In
addition, Bowen’s disease and squamous cell carcinoma
are two of the most frequent malignant nail tumors asso-
ciated with LLE*®">"® As distal subungual keratosis, ony-
cholysis and splinter hemorrhages are also found in Bowen’s
disease'' it is often indistinguishable from onychopa-
pilloma, if not confirmed by its histopathologic character-
istics of atypical keratinocytes and dyskeratotic cells.

Some previous studies have proposed the algorithm to
evaluate the patients with localized erythronychia.'®"
Patients with stable band of LLE are asked to follow up at
regular intervals to check the progress. When the involved
lesion is painful or clinically uncertain due to its atypical
features, surgical exploration or excision should be per-
formed. Since the clinical patterns of LLE vary in terms of
the width of the linear band, the degree of erythronychia,
and the presence of onycholysis or splinter hemorrhages,
it is hard to predict malignancy'”. So, for rapidly evolving
cases, it is recommended to conduct a longitudinal biopsy
from the matrix to the nail bed. As a global recurrence rate
of onychopapilloma was reported 20% recently', com-
plete excisional biopsy is mandatory not only to confirm
the diagnosis but also to resolve the finger discomfort'®"”.
We received the patient’s consent form about publishing
all photographic material.
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