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Bilateral GPi-DBS is an established treatment for refractory dys-
tonia.1 Stimulation-induced parkinsonism is a frequent and often
disabling side effect of GPi-DBS.2 This parkinsonism mainly
constitutes of bradykinesia and axial motor signs, and can hence
phenotypically mimic Parkinson’s disease (PD).2 GPi-DBS
stimulation-induced parkinsonism improves with stimulation dis-
continuation.2 Chronic management mainly comprises stimula-
tion parameter adjustments like decreasing the current/voltage or
stimulating through more dorsal contacts.

We present a 69 year-old patient with isolated segmental
(ie cervical and oromandibular) dystonia since the age of 41, with
familial dystonia occurrence (ie brother and son). At the age of
60 he underwent bilateral GPi-DBS with good and sustained

dystonia improvement. Since the age of 65 he progressively
developed parkinsonism (Video 1.A). Initially, it was suspected to
be a GPi-DBS stimulation-induced side effect. However, parkin-
sonism worsened upon stimulation discontinuation (Video 1.B).
DAT-SPECT imaging, performed because of symptom progres-
sion (Video 1.C), was abnormal and parkinsonism but not dysto-
nia was levodopa-responsive (Video 1.D). Whole exome
sequencing revealed a variant of unknown significance in the
GNAL gene, segregation analysis of which is still ongoing at the
time of writing, but was otherwise unremarkable. Hence parkin-
sonism in this patient probably concerns idiopathic PD, or the
recently described entity degenerative parkinsonism following
longstanding cervical dystonia.3

In line with GPi-DBS being an established PD treatment, par-
kinsonism in this case was partially masked by the anti-
Parkinsonian effect of GPi-DBS.4 Therefore, off-stimulation
worsening of parkinsonism in GPi-DBS for dystonia should be a
warning for concomitant degenerative parkinsonism. In such
instances, dystonia can be managed by maintaining effective
(ventral) stimulation, whereas parkinsonism can be treated with
dopaminergic medication.
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Video 1. Longitudinal assessment of parkinsonism. Evaluation
at the age of 67 reveals appendicular bradykinesia with DBS
ON (part A), worsening with DBS OFF (part B). Evaluation at the
age of 69 demonstrates progression of bradykinesia and a
parkinsonian gait (part C), both improving with levodopa
treatment (part D), whereas dystonic features (ie lateroflexion
of the head and jaw-opening dystonia) did not improve.
Video content can be viewed at https://onlinelibrary.wiley.com/
doi/10.1002/mdc3.13552
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