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INTRODUCTION

Pterygium inversum unguis (PIU), also termed
ventral pterygium, is a rare condition characterized
by extension and adherence of the hyponychium to
the ventral surface of the nail plate, leading to
obliteration of the distal nail groove. It most
frequently arises in the setting of connective tissue
diseases such as scleroderma (systemic sclerosis
[SScD) and systemic lupus erythematosus (SLE).'
PIU, when symptomatic, can cause severe pain for
patients. However, there are few treatments available
for PIU. Here, we report a patient with SSc-SLE
overlap whose PIU and refractory Raynaud phe-
nomenon (RP) improved significantly after interdi-
gital injections of botulinum toxin A (BTA).

CASE REPORT

In 2021, a 39-year-old man with SSc-SLE overlap
and positive antibody titers (anti-nuclear antibody
>1:1280 speckled pattern, RNP, Smith, and RNA
polymerase III) presented to us with uncontrolled
pain of the fingers associated with frequent episodes
of RP. Management of his RP previously failed
treatment with nifedipine, sildenafil, pentoxifylline,
and topical nitroglycerin. On examination, he had
mild skin fibrosis limited to thickening of the skin of
his fingers on both hands, with a corresponding
modified Rodnan skin score of 2.” He also had
dactylitis, erythema of his nail folds, and ragged
cuticles without dilated nail-fold capillaries. The
ventral surfaces of his most painful digits showed
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overgrowth of the hyponychium and subungual
thickening due to hyperkeratosis involving his left
second and fifth fingertips and right third and fifth
fingertips (Fig 1, top). Further diagnostic workup
with fungal cultures of fingernail clippings was
negative. Altogether, his examination findings sup-
ported a diagnosis of SSc-SLE-associated RP and PIU.
For management of his SSc-SLE-associated RP, we
treated our patient with interdigital BTA 5 Units in
0.1-ml sterile saline per injection site at 10 and 2
o’clock at the base of the second-fifth fingers of both
hands, similar to previously described.” Injection of
the thumbs was not performed to avoid weakening
thumb opposition strength. He tolerated the proced-
ure well without hand weakness or pain from the
procedure. Within 1 week, he reported significant
improvement in pain of his fingers and quality of life
by telephone interview. Improvement continued for
4 months, at which point he returned to clinic, and
we observed improvement in his PIU and dactylitis
as well (Fig 1, bottom). Injections were repeated at
6 months, and he has had continued successful
control of his SSc-SLE-associated RP and PIU.
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Left 2nd digit, pre-BTA

Left 5th digit, post-BTA
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Fig 1. Photos of fingertips before (top) and 4 months after (bottom) treatment with interdigital
BTA. Magnifications of left second and fifth digits (white boxes) are shown on the left. BTA,

Botulinum toxin A.

DISCUSSION

Treatment of SSc-associated RP with BTA is a
promising treatment approach that has shown
improvement in other important aspects of hand
function, including skin ulceration, pain, and pinch
and power grip.”" SSc-associated PIU, in contrast,
has few treatment options, with previous reports
using nail lacquer containing hydroxypropyl chito-
san’ and electrodessication.” Through treatment of
our patient’s SSc-SLE-associated RP with BTA, we
discovered concurrent improvement in his PIU.
Pathogenesis of PIU has been postulated to be
from reactive hyperkeratosis secondary to impaired
vascular perfusion,” which in our patient would be
due to his frequent RP attacks. By successfully
controlling his RP, his reactive hyperkeratosis
improved as well. In sum, we present a case of
refractory SSc-SLE-associated RP treated with BTA
which showed improved PIU along with pain
symptoms and quality of life.
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