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neuropathy [6] or related to progressive destruction of
the base of the distal phalanx by the rheumatoid process
[1].

Acro-osteolysis has also been reported after trauma,
burns, frostbite or neuropathic disorders such as insen-
sitivity to pain and tarsal tunnel syndrome. It has also
been observed in systemic diseases such as sarcoidosis,
diabetes mellitus, renal diseases and hyperparathyroid-
ism. Vascular disorders (Buerger’s and Raynaud’s dis-
ease), phenitoin or ergot treatment or intoxication with
vinyl chloride have also been incriminated.

Idiopathic forms [14] have occasionally been associ-
ated with joint erosions [15]. These latter differ from
rheumatoid erosions by their rapid progression and
their wide distribution. However, clinical manifesta-
tions can mimic juvenile chronic arthritis [16].

As no other cause could be disclosed, we hypothesised
that our patient presented an idiopathic local form of
osteolysis, not related to RA (preserved space of the
distal interphalangeal joint), although the extension of
the hand bony erosions probably denoted a longer RA
evolution than admitted by the patient. Chronic vascu-
lar insufficiency of the lower limbs could have contrib-
uted to the development of the acro-osteolysis. Clinical
examination and biological results were not in favour of
any vasculitis or neuropathy related to RA. Occurrence
of both phenomena was probably fortuitous.
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INTRODUCTION
Reflex sympathetic dystrophy syndrome (RSDS) is a

common condition that can escape diagnosis when it
occurs during pregnancy. The most common site of
involvement in pregnancy is the hip, whereas the exten-
sive form is exceedingly rare. We report a case of
extensive RSDS with onset during the second trimester
of pregnancy in a 40-year-old patient with an underly-
ing bone disease.

CASE REPORT

A 40-year-old woman with a history of two uneventful
pregnancies presented at the fifth month of her third

* Correspondence and reprints.
E-mail addyess: jzrigui@caramail.com (J. Zrigui).



Letters to the editor 343

Figure 1. Bone scan: increased uptake in the left hip and in both
knees and ankles.

pregnancy with bilateral mixed L5 sciatica, low back
pain, and painful functional impairment that made
walking and standing difficult. Findings were normal
from a magnetic resonance imaging (MRI) scan of the
thoracic and lumbar spine. A few weeks later, she
started experienced pain in the left hip, with a mixed
time pattern. Knee pain occurred within a few days, as
well as a flare of pain in the ankles. Examination of the
hip after delivery showed mild painful range-of-motion
restriction in the above-mentioned joints. Plain radio-
graphs disclosed moderate demineralization in the left
hip and both ankles, as well as patchy demineralization
in the knees, without joint space alterations. A bone
scan showed foci of increased uptake in the left hip and
in both knees and ankles (figure 1). The diagnosis was
extensive RSDS of the lower limbs. Laboratory test
results were as follows: erythrocyte sedimentation rate,
20 mm/h; severe hypocalcemia (78 mg/l on one occa-
sion) with hypocalciuria (30, 36, and 39 mg/24 h);
serum phosphate level, 37 mg/l; 24-hour phosphate
excretion, 900 mg/24 1; serum alkaline phosphatase
level, 218 UI/l (normal, <270 Ul/l), and serum 25
(OH)D3, 11 pg/l (normal, 15 to 30). Osteomalacia
related to vitamin D deficiency was suspected after
elimination of renal, gastrointestinal, and other causes
of osteomalacia.

Absorptiometry measurements showed that bone
mineral density at the lumbar spine, femoral neck, and
forearm were -2.89, -2.29, -2.75, respectively, indicat-
ing trabecular osteoporosis.

Treatment consisted of elimination of weight-
bearing, griseofulvin 1.5 g/day for two months, cal-

cium 1 g/day, and vitamin D 4000 [U/day. The clinical
course was favorable two months after treatment initia-
tion. Levels of calcium and phosphate returned to
normal. After seven months, demineralization was still
apparent at the knees and ankles.

DISCUSSION

The frequency of RSDS during pregnancy is probably
underestimated as a result of underdiagnosis. Mislead-
ing and minimally symptomatic forms usually fail to
prompt the imaging studies that could establish the
diagnosis. Mean age is 32 years [1, 2]. RSDS can occur
during the first pregnancy or subsequent pregnancies
and is most common during the third trimester [1-5].
Cases during the second trimester (as in our patient)
and postpartal period are rare [5]. The hip is involved in
90% of cases [1, 4, 6, 7], with a predilection for the left
side. Our patient had extensive disease, which is exceed-
ingly rare [6, 8, 9]. Risk factors for extensive RSDS
include vitamin D deficiency responsible for osteoma-
lacia with microfractures [9-11]; osteoporosis [9]; and
low back pain with nerve root pain, which may trigger
and perpetuate the reflex arc by stimulating the prop-
rioceptive receptors in the joints [6]. Other factors have
been incriminated in the genesis of RSDS of the hip
during pregnancy, such as mechanical stress (weight
gain and microtrauma related to fetal movements),
compression of the pelvic sympathetic nerve and obtu-
rator nerve by the uterus, and vascular disorders related
to venous stasis by compression of the inferior vena
cava.

The diagnosis of RSDS during pregnancy rests on
MRI, which was not performed in our patient. The
other investigations are contraindicated during preg-
nancy. Treatment during pregnancy relies mainly on
rest and analgesics. After delivery, calcitonin can be
given to patients who do not breastfeed. Griseofulvin is
rarely used; it was given to our patient because she
could not afford more costly drugs. Recovery within a
few weeks to a few months after delivery is the rule, even
in the absence of treatment. Our patient recovered
rapidly with rest and griseofulvin. Radiological abnor-
malities improve slowly [6]. Recurrences can occur
during subsequent pregnancies [1, 2, 9]. Femoral neck
fracture is a serious complication that occurs in 14 to
17% of patients with RSDS of the hip [1, 4]. Factors
that increase the risk of hip fracture may include the
RSDS itself, forced abduction during delivery, and

underlying bone abnormalities.
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J.E. Charrin and E.R. Noel reported results from 32
patients with calcifying tendinitis which where treated
with ESWT under ultrasonic guidance [1]. Patients
received 2 — 3 x 2000 impulses of 0.32 m]/mm? with-
out local anaesthetics in an open trial. The authors
found the results (subjective improvement 55% and
Constant score not statistically changed after 24 weeks)
less favourable than those reported before [2]. As a
main reason for this they named the ultrasonic guid-
ance that was used.

Charrin and Noel [1] stated to be the first to use
ultrasonic guidance and a dedicated extracorporeal
lithotripter for the treatment of calcifying tendinitis,
but in 1992 Dahmen [3] already recommended ultra-
sonic guidance using an experimental lithotripter.
While good success rates were reported from studies if
the shock waves were focussed using fluoroscopy [2],
the vast majority of patients in daily clinical practise is
treated without focussing or by employing ultrasono-
graphic focussing.

We can confirm the findings of Charrin and Noel
regarding the importance of exact focussing of ESWT
based upon a prospective randomised study with inde-
pendent observer. Technical specifications of the device
we used and the fluoroscopic focusing procedure have
been published recently [4]. Fifty patients were included
in this study. One group received 2 x 2000 impulses
(ED, 0.35 mJ/mm> measured with a PVDEF-
hydrophone) under local anaesthesia focused on the
origin of the supraspinatus tendon. Patients in the
second group received ESWT focused to the calcified
area. Statistical analyses of the results showed a signifi-
cant superiority of ESWT focused to the calcified area
in all observed parameters after one year. Interestingly
there was no significant difference in the resorption rate
of the deposits between both groups although the clini-
cal results were statistically different. Improvement in
Constant score and pain was comparable to the natural
history of the disease [5] and to Charrin and Noel [1]
when ESWT was focussed on the insertion of the
tendon.

We do agree with Charrin and Noel [1] that fluoro-
scopic control is more precise in identifying a calcific
deposit and focussing the shock waves. We could dem-
onstrate a significant and clinically important effect of
ESWT when it was exactly focussed under fluoroscopic
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