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INTRODUCTION

Primary Sjogren syndrome is an autoimmune
disease with broad clinical manifestations, charac-
terized by disruption of epithelial cells and lym-
phoplasmocytic infiltration of exocrine glands,
mainly the salivary and lacrimal glands.'
Cutaneous manifestations of Sjogren syndrome
(SS) include wvasculitis, angular cheilitis, eyelid
dermatitis, and annular erythema. Xerosis and
anhidrosis are also seen, and the pathogenesis
remains unclear.” Chronic inflammatory atrophy
of sweat glands or biochemical alterations in
eccrine epithelium may result in decreased eccrine
sweating.”

One possible source for subsequent inflamma-
tory atrophy is autoimmune/inflammatory syn-
drome associated with silicone breast implants
(SBIs)." Much of the literature to date claims no
association between SBIs and autoimmune devel-
opment; however, silicone adjuvants may induce
cytokine dysfunction and subsequent fibrosis.
Patients with SBIs have a diverse presentation
of symptoms that may mimic SS, including dry
eyes, dry mouth, and fatigue along with cuta-
neous complaints and pruritus. Salivary gland
biopsies in patients with SBIs disclose mono-
nuclear cell infiltrates that differ from the classic
lymphocytoplasmic infiltrations seen in primary
SS, suggesting further overlap and confusion with
regard to the 2 entities.” We propose an inflam-
matory mechanism for eccrine apparatus impair-
ment in a case of focal anhidrosis in a patient
with SS complicated by chronic exposure to
silicone in SBIs.

Abbreviations used:

SBI: silicone breast implant
SS:  Sjogren syndrome

CASE REPORT

An obese 73-year-old woman with bilateral SBIs
and a 3-year history of SS presented to an outpatient
dermatology clinic for localized anhidrosis and
xerosis. The patient reported an abrupt inability to
sweat from her axilla, palms, and soles that had been
present for several months. It was not aggravated by
any measures to induce perspiration. No distur-
bances in thermoregulation elsewhere on the body
were reported. She denied any prior difficulties with
perspiration or any other active cutaneous com-
plaints, aside from nummular dermatitis and a long-
standing history of venous stasis dermatitis.

A primary diagnosis of SS was made 3 years prior,
with clinical and serologic evidence. Her autoim-
mune history was also accompanied by fibromyal-
gia, hypothyroidism (status postthyroidectomy), and
psychiatric comorbidities entailing anxiety and
depression. Social and family history were noncon-
tributory. Pertinent medications include hydroxy-
chloroquine, folic acid, tizanidine, and pregabalin,
with the latter 2 possibly contributing to xerostomia.

Medical history is significant for multiple severe
comorbidities, including poorly controlled type II
diabetes mellitus, chronic venous stasis dermatitis of
bilateral lower extremities, and diabetic neuropathy.
Prior autoimmune workup found a positive antinu-
clear antibody, speckled pattern (250; reference

From the State University of New York Upstate Medical University®
and University of Rochester Medical Center.”

Funding sources: None.

Conflicts of interest: None declared.

Correspondence to: Bruce R. Smoller, MD, Professor and Chair,
Department of Pathology and Laboratory Medicine,
Department of Dermatology, 601 Elmwood Ave, Box 626,
Rochester, NY 14642. E-mail: Bruce_Smoller@urmc.rochester.
edu.

414

JAAD Case Reports 2020;6:414-6.

2352-5126

© 2020 by the American Academy of Dermatology, Inc. Published
by Elsevier, Inc. This is an open access article under the CC BY-
NC-ND license (http://creativecommons.org/licenses/by-nc-nd/
4.0/).

https://doi.org/10.1016/j.jdcr.2020.02.037


http://crossmark.crossref.org/dialog/?doi=10.1016/j.jdcr.2020.02.037&domain=pdf
mailto:Bruce_Smoller@urmc.rochester.edu
mailto:Bruce_Smoller@urmc.rochester.edu
http://creativecommons.org/licenses/by-nc-nd/4.0/
http://creativecommons.org/licenses/by-nc-nd/4.0/
https://doi.org/10.1016/j.jdcr.2020.02.037

JAAD CASE REPORTS
VOLUME 6, NUMBER 5

Fig 1. SS. A 6-mm punch biopsy of the right axilla. There
is a significant reduction in sweat glands, ducts, and
pilosebaceous units. (Hematoxylin-eosin stain; original
magnification: X20.)

range, 0-49 L/dL), and SSA autoantibody (191,
reference range, 0-99 [AU]/mL). Rheumatoid factor,
CCP antibody, and all other antinuclear antibody
specificity panel results were negative.

Physical examination found generalized xerosis
on both upper and lower extremities. Clusters of
round erythematous scaly patches and diffuse ery-
thema of bilateral lower extremities was present,
consistent with nummular dermatitis and stasis
dermatitis, respectively. Given the unclear etiology
for the source of this patient’s newly acquired
anhidrosis, a skin biopsy was scheduled. Pathology
findings of the right axilla found marked reduction in
sweat glands, ducts, and pilosebaceous units. Rare
residual eccrine structures did not show any trans-
mural inflammation or architectural disarray.
Moderate fibrosis and scarring were present (Fig 1).

DISCUSSION

Skin involvement in SS can be seen in at least half
of patients, with dryness and angular cheilitis
appearing most frequently.” Sweat dysfunction lead-
ing to hypohidrosis is a lesser-known exocrinopathy
reported in patients with SS, alongside more
commonly known symptoms of xerostomia and
xeropthalmia.” Xerosis is more likely to occur in
those younger than 50 years,” and although is it
possible to consider asteatotic eczema given the
patient’s older age, we speculate that in the setting of
acquired anhidrosis, the patient’s subsequent loss of
skin moisture may be caused by sweat gland
destruction.” Although there is no consensus treat-
ment for acquired generalized anhidrosis associated
with SS (or localized), oral corticosteroid treatments,
cyclosporine and intravenous immunoglobulin have
successfully treated sweat gland dysfunction.””

The pathophysiology of the eccrine apparatus in
SS remains poorly understood. Proposed theories
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support an acquired dysfunction of the sweat
glands that could be caused by sympathetic nerve
disturbances, inflammatory-mediated destruction,
or by specific autoantibodies directly impairing the
action of acetylcholine and the axon reflex.’
Diabetes may cause abnormal sweat patterns but
would not explain the absence of sweat glands seen
in this patient. It would be interesting to know
whether biopsies from alternative sites would
demonstrate decreased eccrine glands. We specu-
late that chronic inflammation that was subse-
quently replaced by fibrosis resulted in focal
deficiency of sweat production and gland atrophy,
as noted by absence of glandular structures. In
contrast to other findings, we did not observe the
heavy inflammatory infiltrate around the eccrine
glands but rather noted glands in a postaction state,
with significant fibrosis.”

Of particular interest in this patient is her history
of bilateral SBIs. Despite a 40-year window from the
time of implants to SS diagnosis, it is still plausible to
consider the patient’s fibromyalgia and SS in the
setting of autoimmunity triggered by SBI. The evi-
dence is inconclusive with regard to the role of SBI
and its association with autoimmune conditions,
with insufficient study data to demonstrate increased
risk for rheumatic disease.'” In this case, silicone
adjuvant may have bled into the tissue, mediating an
inflammatory cascade of fibroblast stimulation, illus-
trated by the scarring of the patient’s eccrine glands.

The controversial association of SBIs with auto-
immune conditions makes this case unusual.
Chronic exposure to silicone adjuvant may have
been an inciting factor in the inflammatory etiology
for the eccrine gland dysfunction. In anhidrotic skin
in patients with SS, prominent lymphocytic infiltra-
tion around the vessels and eccrine glands suggest an
acquired anomaly of the glands.” No inflammatory
infiltrate was present in our patient’s biopsy, but
rather absence of the eccrine glands and marked
fibrosis were seen. The significant reduction of
glandular structures is in contrast to other reports
in which structural abnormalities in sweat glands and
appendages are not seen. Our case highlights
inflammation mediated by silicone breast implants
as a proposed mechanism for sudden-onset local-
ized anhidrosis in a patient with SS.
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