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SUMMARY
The association between Sjogren syndrome (SS) and psoriatic arthritis (PsA) is rare. Herein, we report a case
of SS in a PsA patient with the mutilans variant. A 67-year old woman developed PsA with progressive articu-
lar destruction up to the typical deformation of ‘telescoping fingers’ in the distal phalanges. Psoriatic onych-
opathy presented ten years after the osteolytic damage in the hands. This late appearance led to delayed diag-
nosis and therapy, and, consequently, worsened the articular destruction. Thereafter, the patient developed a
typical SS with clinical symptoms, such as xerophthalmia and xerostomia. This diagnosis was confirmed by
positive diagnostic tests, such as Schirmer test, ANA, and anti-SSA/Ro and anti-SSB/La antibodies. A potential

association between the two diseases is discussed.
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soriatic spondylarthritis (PsA) and

Sjogren syndrome (SS) are two chronic
inflammatory diseases, with different clini-
cal and pathogenic characteristics. SS can
be primitive or secondary (sSS) to other
autoimmune diseases. In particular, it has
been associated with rheumatoid arthritis
(RA) and systemic lupus erythematosus
(SLE) (1). In these cases, it remains un-
clear whether SS is an independent dis-
ease or part of the spectrum of symptoms
of the primary disease. PsA is included in
the large family of the so-called seronega-
tive spondyloarthritides. Joint involvement
may be peripheral or axial, and includes
arthritis mutilans (AM) and distal inter-
phalangeal arthritis (2). The onset of sSS
during PsA is a very rare event, of which
we describe a case.

A 67-year old woman with no family his-
tory of psoriasis or rheumatic diseases re-
ported to have suffered from episodic ar-
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thralgia of the fingers since 15 years. She
had no other diseases and the only drugs
she had taken were non-steroidal anti-in-
flammatory drugs (NSAIDs) to self-treat
her arthralgia. At the age of 55, osteolytic
damage appeared in the distal phalanges of
the 2" finger of the right hand and the 4™
finger of the left hand, with progressive ar-
ticular destruction up to the typical deform-
ity of telescoping fingers, thus leading to
the diagnosis of PsA of the mutilans vari-
ant (Figures 1 and 2). Therapy with metho-
trexate (10 mg/wk), methylprednisolone (8
mg/daily) and NSAIDs was started without
achieving any improvement. Moreover,
the patient developed xerophthalmia and
xerostomia, and a Schirmer’s test resulted
positive. Therefore, a biological therapy
with etanercept (25 mg x2/wk) was initiat-
ed and determined a rapid improvement of
all symptoms. However, due to her recur-
rent herpes simplex labialis infection, the
patient decided to stop this therapy 2 years
later. Subsequently, she had a joint pain re-
lapse with the appearance of dactylitis in
the fingers of the right hand.

At age of 62 years, the patient was seen by
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us for the first time. Due to her symptoms,
in particular her eye involvement, a bio-
chemical evaluation was performed. Labo-
ratory blood tests revealed elevated ESR
and CRP, positive antinuclear antibodies
(1:640), anti ENA antibodies, including
anti-SSA/Ro and anti-SSB/La antibodies.
Anti nDNA antibodies, rheumatoid fac-
tor, and anti-cyclic citrullinated peptide
antibodies were negative. Schirmer’s test
was positive (<5 mm/5 min). Moreover, se-
vere destructive bone lesions of the fingers
with typical telescoping fingers were docu-
mented. No signs of cutaneous psoriasis
or psoriatic onychopathy were observed.
Treatment with methotrexate (10 mg/wk)
and adalimumab (40 mg/bi-monthly) was
started and led to a good control of the
disease. After 2 years, the patient discon-
tinued again her therapy, and failed to un-
dergo the scheduled clinical controls. Only
in October 2017, she returned for a visit
due to severe pain in her fingers and toes,
xerostomia, and xerophthalmia. Psoriatic
onychopathy was observed for the first time.
Adalimumab therapy was re-started.

H DISCUSSION
AND CONCLUSIONS

Arthritis mutilans (AM) is part of the clini-
cal manifestations of PsA, with a preva-
lence of 5% (3). It is characterized by
progressive joint erosion and destruction
of the phalanges of fingers and toes. AM
generally occurs many years after the onset
of PsA, although cases of early onset have
been reported (4). Primary SS is a multi-
system autoimmune disease involving
exocrine glands, characterized by specific
symptoms, such as xerophthalmia and xe-
rostomia. SS may also develop during au-
toimmune rheumatic diseases as secondary
form (sSS). In a recent systematic review,
the prevalence of sSS was 19.5% in RA
and 14% in SLE patients (5). An associa-
tion between SS and ankylosing spondyli-
tis was also described, with a prevalence of
10% (6). On the contrary, the association of
PsA and SS has been rarely described and,
according to our knowledge, a total of 18
probable cases have been reported (7-12).

CASE
REPORT

While the onset of sSS, in either RA and
SLE, is understandable from a pathogenic
point of view, its appearance during the
course of PsA is less clear. Indeed, PsA and
SS are two different diseases with the au-
toinflammatory component being prevalent
in the former and the autoimmune process
in the latter. However, PsA may induce au-
toimmunity, as pointed out by frequent se-

Figure 1 - Patient’s hands with typical deformities at the distal phalanges of
the 2" finger of the right hand and the 4" finger of the left hand.

Figure 2 - Hands radiographs of the patient.
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ropositivity for antinuclear antibodies, and
when this occurs, a concomitant SS is often
present (8).

Besides the association between PsA and
SS, our case presents some interesting pe-
culiarities. The first unusual characteristic
is the onset of AM in a subject without any
familiarity or personal history of psoriasis
accompanied by an accelerated evolution,
even in the absence of cutaneous lesions.
The second peculiarity is the development
of a psoriatic onychopathy more than 10
years after the onset of erosive joint le-
sions. Nowadays, potential evidence of
nail profile alterations can be detected with
magnetic resonance imaging in psoriatic
arthritis patients in the absence of clinically
obvious nail lesions, but our patient did not
perform this examination (13). Third, the
diagnostic delay and the poor therapeutic
adherence of the patient certainly worsened
the destructive joint injuries leading to dis-
ability. In previous series, we found that the
delay or lack of biologic therapy contribut-
ed remarkably to the evolution of AM (14).
Lack of adherence to therapy in patients
with PsA is one of the major causes that
prevents from achievement of remission
or minimal disease activity (15). Psychic
conditions, such as stress, anxiety, depres-
sion and alexithymia are comorbidities that
are often present in patients with PsA and
lead to poor collaboration with the doctor
and non-acceptance of the disease. For this
reason, a multidisciplinary approach to PsA
patients is recommended, also requiring the
presence of a psychologist (16).

In conclusion, our case points to the impor-
tance of searching for signs and symptoms of
SS in patients with PsA, particularly in those
with elevated titers of antinuclear antibodies.
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