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Abstract

Diffuse idiopathic skeletal hyperostosis (DISH) is a bony
hardening (calcification) of ligaments in areas where they
attach to your spine. Also known as Forestier's disease,
diffuse idiopathic skeletal hyperostosis may cause no
symptoms and require no treatment. The most common
symptoms are mild to moderate pain and stiffness in your
upper back. DISH can also affect your neck and lower
back. Some people have DISH in other areas, such as
shoulders, elbows, knees and heels. A non-inflammatory
condition, DISH can be progressive. As it worsens, it can
cause serious complications.

This is a case report of a patient with dactylitis and
enthensopathy - Forestier disease - RADISH variant
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Introduction

Diffuse Idiopathic Skeletal Hyperostosis (DISH) or Forestier’s
disease is a condition whose primary manifestation is the
ossification of the anterior longitudinal ligament (ALL) and the
development of intervertebral bony bridges. Diffuse Idiopathic
Skeletal Hyperostosis (DISH), also called Forestier’s disease is a
rheumatological condition mostly affecting the axial skeleton.
However, a subset of these patients presents with peripheral
arthritis and enthensopathies that mimic spondyloarthritis and
even rheumatoid arthritis. This group of patients is called
RADISH (Rheumatism articular in Diffuse Idiopathic Skeletal
Hyperostosis), a systemic disease characterized by bone
neoformation in the ligament, tendon and capsular
attachments.

Case Presentation

This is a 75-year old male patient presenting with a 10-year
history of axial pain and mixed characteristics. The pain

improves through the morning (<2 hours), and then gets better
after resting at the end of the afternoon — evening [1,2]. The
patient self-medicates with standard painkillers such as
acetaminophen 1 gram, alternating with various NSAIDs
(sodium diclofenac, ibuprofen and naproxen) using on demand
dosing. Since the pain fails to improve and the patient
experienced limited neck rotation, the patient decides to visit
the rheumatologist. A complete Spine X-ray is required which
upon studying the cervical spine evidences diffuse
hyperostosis along the anterior aspect of the cervical spine,
with bony bridges at various levels. The hyperostotic bone is
present at the edges of the cortex of the original vertebral
body at >45° angles; the intervertebral disc spaces are intact
and there are no erosions or romanus sign (Figure 1).
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Figure 1 Cervical bony bridges.
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A routine lab test in addition to an immune-rheumatological
profile (ANA, Ra Test, Anti CCP and HLA B27) were requested,
which were reported negative or within normal, and the
patient was prescribed meloxicam 15 mg per day for 6 weeks,
together with physical therapy resulting in satisfactory
improvement [3,4].
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14 months later the patient comes back presenting with
boxing glove arthritis in the right hand only, in addition to
arthralgia in both shoulders and ankles, with dactylitis of the
3rd left foot toe. A routine lab test was prescribed (CBC, blood
chemistry, PPD (Tuberculin), feet X-rays, X-rays of both hands,
Chest X-ray [5,6]. A recommendation was given to repeat the
Ra Test and Anti CCP, just reporting elevation of acute phase
reactants (VSG 78 mm; PCR 4,32 mg/dl) [7]. An ultrasound of
the joints in both hands showed inflammation of all the
tendon sheaths of the extensors of the fingers, with no
erosions but just osteodegenerative changes consistent with
age, but with a power/Doppler (+) sign. The patient started
with deflazacort at a 30mg dose tapering by 6mg/week until a
minimum dose of 6mg was reached, which was maintained for
3 months, with good response and tolerance [8].

Discussion

In the classical DISH the basic lesion is the ossification of the
anterior longitudinal ligament (ALL) developing intervertebral
bridges. Forestier and Rotés-Quérol in 1950 described the
disease and called it ankylosing hyperostosis of the spine, as
opposed to disc arthrosis or ankylosing spondyloarthritis.
Resnick in 1975 recommended the term diffuse idiopathic
skeletal hyperostosis, insisting on its systemic nature with
extra-vertebral involvement and defined the specific
radiological criteria currently used [9,10]. This pathology has
been described in routine autopsies and presents more often
in males between sixty and seventy years old. The spinal
symptomatology is the most frequently described clinic, with
pain, cervical and dorsal stiffness, but most of the patients are
asymptomatic (Figure 2).
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Figure 2 Calcifications or calcium enthesopathies observed
in the periphery.
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A DISH peripheral variant has been described called RA-
DISH  (Rheumatoid arthritis in  diffuse idiopathic
skeletal hyperostosis), where the patient presents with
arthralgias and in some cases arthritis of the small and large
joints that mimic rheumatoid arthritis, except for the absence
of Ra Test and other biomarkers. From the clinical point of
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view, the age of presentation is mostly between 60 and 70
years old and is usually asymmetrical [11,12].

Among other radiological findings, RADISH differs from
rheumatoid arthritis (RA) because usually osteoporosis is
absent, but there is often bone sclerosis and proliferation of
erosions, in addition to osteophytes and bone ankyloses. Some
of the atypical clinical characteristics include a high incidence
of flexion contractures of the elbows, wrists, ankles and knees.
It is no surprise that the production of bone takes place on the
joints involved in patients with RA-DISH, since the latter
disorder is characterized by bone proliferation at the bone
attachment sites of ligaments and tendons in the axial and
extra-axial skeleton, probably stress related. One of the extra-
axial manifestations of RA-DISH is dactylitis (Figure 3).
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Figure 3 Dorsal bone bridges.
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Criteria according to Resnick:

1. Presence of ossification along the anterolateral aspect of
four contiguous vertebral bodies leading to the formation
of bone bridges.

2. The relative preservation of the intervertebral disc height
in the affected region and the absence of evolving
radiological changes, hence confirming degenerative disc
pathology.

3. The lack of erosion, sclerosis or bone ankyloses of the
sacroiliac joints or the posterior interapophyseal joints.

Dactylitis is a typical manifestation  of
spondyloarthropaties and in particular of psoriatic arthritis,
though there are other causes that may cause this peculiar
inflammation. There are inflammatory dactylitis
(spondiloarthropaties, gout or sarcoidosis), infectious dactylitis
(tuberculosis, syphilis or blistering distal dactylitis) or non-
inflammatory dactilitis (sickle cell anemia) [13,14].

Conclusion

Using conventional radiology, no vascular infarction of the
bone marrow was identified in our patient, which is the typical
lesion in sickle cell anemia dactylitis; even the blood test only
reported VSG and PCR elevation [15]. In case of infection
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secondary to syphilis or brucellosis, no radiological signs of
osteomyelitis were observed which the result of soft tissue
damage is. There was no disruption either of the fat pad of the
volar surface of the fingers (typical radiological lesion
secondary to beta-hemolytic Streptococcus Group A infection)
[16,17]. The only finding in our patient was a Tenosynovitis of
the flexor sheath, typical of non-infectious inflammatory
dactylitis and not due to crystal deposits or granulomatous
tenosynovitis.
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