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Occult axial involvement in patients
with psoriatic arthritis mutilans: a case report
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SUMMARY
We present the case of a patient with psoriatic arthritis (PsA) mutilans and occult axial involvement. The patient
had suffered from PsA mutilans for more than a decade, with severe residual articular damage, but had been
in clinical remission for years. Clinical axial involvement was never reported; however, magnetic resonance
imaging of the sacroiliac joints, performed for other reasons, documented active inflammation and damage
even without clinical symptoms. These findings corroborated the hypothesis that axial involvement could be
asymptomatic, subclinical and, furthermore, underdiagnosed or even occult in patients with PsA mutilans, in

which cases it should be carefully evaluated.
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soriatic arthritis (PsA) is a complex

and multifaceted inflammatory disease
characterized by the development of arthri-
tis (with peripheral or axial joint involve-
ment), enthesitis and dactylitis, in subjects
with a personal or familiar history of pso-
riasis (1).
Moll and Wright first defined PsA as pso-
riasis associated with inflammatory arthri-
tis (peripheral arthritis and/or spondylitis)
usually with a negative serologic test for
rheumatoid factor. Because of the variabil-
ity of clinical presentations of PsA, they
suggested a classification of PsA that con-
sidered 5 predominant patterns: asymmet-
ric oligoarthritis, symmetric polyarthritis
similar to rheumatoid arthritis, spondylitis,
distal interphalangeal joint arthritis, and
arthritis mutilans. PsA mutilans (PAM) is
considered the most severe form of PsA,
affecting only a small rate (5%) of PsA pa-
tients. Although the occurrence of arthritis
mutilans associated with PsA is often de-
scribed as a relatively rare event, the im-
pact on quality of life is great, because of
the severity of articular damage (2, 3).
Axial involvement in PsA (axPsA) is
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more common; however, the definition
and measurement of axial disease remains
problematic. AxPsA can be frequent, rang-
ing between 25% (early disease and clini-
cal assessment only) and 75% (late disease
and sophisticated imaging) of patients (4).
Most of the time, an asymmetrical periph-
eral arthritis, with or without enthesitis,
associated with axial involvement is the
commonest presentation of the disease, but
some reports showed an association with
mutilans subset (3).

We present a case report of a 61-year-old
male subject with PAM involving the 3™
finger of the right foot.

Patient history

The patient was admitted to our Unit on
June 2011 with a history of mild scalp pso-
riasis. The patient had suffered since Janu-
ary 2011 from an acute onset of arthritis
in both knees and the metatarsal joints of
both feet. Furthermore, the patient reported
no history of other relevant clinical com-
plaints. After only six months, the patient
developed a telescopic deformation of the
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Figure 1 - Psoriatic arthritis mutilans: A) digi-
tal telescoping of the 34 finger of the right foot
in 2011, 2012 and 2017. No further progres-
sion of damage occurred during the years
of follow up; B) radiographic appearance of
severe osteolysis of the 3¢ finger of the right
foot at the beginning of the disease (2011).

3" finger of the right foot. At clinical ex-
amination, tenderness and swelling of both
knees was found. Furthermore, tenderness
and swelling of the 2™ and 3™ metatarsal
and interphalangeal joints of the right foot
was seen, with a telescopic deformity of
the third finger (Figure 1A). Pain was very
severe - enough to prevent the patient from
walking. No signs of enthesitis or dactylitis
was objectivated. The patient did not report
any history of back pain. Serum samples
revealed the presence of raised C reactive
protein - CRP (12 mg/L) while erythrocyte
sedimentation rate (ESR) was 30 mm/h.
Rheumatoid factor (nephelometry) was
negative and anti-citrullinated proteins
antibodies were absent. Radiographic as-
sessment of the right foot demonstrated the
presence of a severe osteolysis with near-
disappearance of the middle phalanx of
third finger (Figure 1B). Skin involvement
was very limited (only a small lesion of the
scalp and the 2™ and 3™ fingers of the right
hand with nail pitting) with a psoriasis area
severity index (PASI) of 0.4.
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The patient was treated with NSAIDs and
subcutaneous methotrexate (MTX) 15 mg
weekly. After only six months of MTX
therapy, resolution of both knees and meta-
tarsal arthritis with normalization of labo-
ratory parameters and induction of a remis-
sion state was observed. After 3 years, the
patient suspended all treatments because of
sustained remission and he was followed
up yearly until 2017. At all examinations,
the tender and swollen joints count were
0, VAS pain and disease activity was 0 cm
(0-10) and no enthesitis or dactylitis were
reported by the patient. The HAQ score
ranged from O to 0.5 at each visit despite
the presence of residual damage in the 3™
finger. On January 2018, the patient was
admitted to our outpatient clinic for a rou-
tine follow-up. Sustained remission (mini-
mal disease activity according to Coates et
al. 7/7 criteria) (5) was reported. Laborato-
ry parameters were also normal. However,
the patient underwent an x-ray of the pelvis
and complete spine for other reasons two
months before the visit (the patient was re-
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Figure 2 - MRI (T1 and STIR sequences of sacroiliac joints). Bone marrow oedema is present on
both iliac and sacral sites of the left sacroiliac joint in the STIR sequences (white arrows). Ero-
sions and pseudo-enlargement of left sacroiliac joints (red arrows) are visible in T1 sequences.

ferred for a potential mechanical pain only
in the cervical spine, developed after some
days of intense work activity and which
disappeared after a few days of NSAIDs
treatment). A suspected sacroiliitis (grade
1) was found, in the absence of clinical
symptoms of back pain. Moreover, the pa-
tient reported no buttock pain or any other
symptoms potentially linked to a possible
axial involvement. At clinical examination,
the Shober test was normal (6 cm) and
the Bath Ankylosing Spondylitis Metrol-
ogy Index was 1. Therefore, according to
this suspected x-ray examination, an MRI
scan of sacroiliac joints was performed, in
agreement with the patient. MRI assess-
ment showed the presence of bone marrow
edema, suggesting an active sacroiliitis and
bone damage at the level of the left joint,
as shown in both STIR and T1 sequences
(Figure 2). Despite the presence of active
axial inflammation, no treatment was intro-
duced because of the persistence of clinical
remission.

Estimates of prevalence of PAM in PsA co-
horts range from 0.6% to 21% but it seems
to be usually closer to 5%, as originally de-
scribed by Moll and Wright. A population-
based study in adult Nordic populations
estimates a prevalence of 3.69 per million,
with similar sex distribution (6), but the
studies performed on this intriguing clinical

subset are scarce. Furthermore, the defini-
tion of PAM could be problematic because
the lack of accepted classification criteria,
with different definitions of PAM found in
literature (7). In the Nordic PAM study, the
most frequent joints that showed PAM were
the distal interphalangeal joint (DIP) joints
on the fourth toe on the right foot and the
DIP joint of the second toe of the left foot
followed by the left thumb IP joint, the DIP
joint of the fifth finger on the left hand, and
both DIP joints of the fifth toes and, inter-
estingly, most of the patients had a limited
skin involvement. Our patient was in line
with the classical PAM patient, with in-
volvement of the 3™ finger of the right foot.
Furthermore, a recent review showed that
psoriatic nail dystrophy was more preva-
lent in PAM cases than non-PAM cases
and PAM cases were more likely to have
radiographic axial disease and radiographic
sacroiliitis than non-PAM cases (8).

To our knowledge, no targeted studies were
performed to specifically evaluate the out-
come and response to treatment of PAM
patients. In 2009 a case series of 3 PAM
patients treated with anti-TNF (etanercept)
was published. The authors showed the ef-
fectiveness of these drugs in the induction
of a sustained clinical response, although
irreversible deformity cannot be treated (9).
Our patient had a very good outcome with
the use of MTX treatment, which induced
a long-term drug-free clinical remission of
symptoms and signs and normalized the
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laboratory indices, suggesting that early
treatment could prevent other damages.
Despite the presence of clinical remission,
in our patient, a subclinical axial or even
an occult involvement persisted. This is in
keeping with previous descriptions of oc-
cult types of PsA (10) and suggesting that
axPsA is an intriguing aspect of the disease
(11). Moreover, the patient had been in
clinical remission for peripheral involve-
ment for years and the occurrence of an ax-
ial involvement reinforced the need for ap-
propriate imaging studies in PsA patients
(12). However, the development of an axial
involvement may suggest modifying the
treatment scheme, according to the litera-
ture (13). We demonstrated that is possible
to achieve MDA in patients with axPsA
treated with anti-TNF (14, 15).

Finally, this aspect raised some questions
as to whether treatment should be contin-
ued even in patients who are in remission,
or, on the other hand, if the presence of
MRI showing inflammatory lesions may
be predictive for a reactivation of disease
activity and should be treated in all cases.
In fact, the concept of treatment to target
or targeting to treatment is still a question
open to debate in PsA.

PAM is a rare subset of PsA that can cause
severe deformity and reduction in quality
of life. Axial involvement is present in pa-
tients with PAM and our case showed that
even in a patient with long-term clinical
remission, signs of active disease could be
present. This case might improve aware-
ness of this intriguing disease and stimulate
further studies on a large cohort of patients.
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